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Abstract
Background
Patients with Congenital Heart Disease (CHD) are living longer, healthier lives.
Thus, improved transitions from paediatric to adult care are required. Poor
transition can lead to increased morbidity, psychological distress and financial
expense. A greater understanding of patients’ experiences is needed to inform
transition interventions, improve positive outcomes, and reduce lapses in care.
Aim
The current review aims to synthesise the qualitative research exploring

patients’ experiences of transition from paediatric to adult CHD care.

Method
An electronic database search was performed. The search was limited to peer-
reviewed studies published in English after January 2001. Analytical themes

were developed through thematic synthesis of 10 studies.

Results

One overarching theme was identified: The importance of being an active
participant in individualised care. Three further subthemes were developed: “I
was given a choice and | liked that” - opportunities for involvement; “It was like
they had to tell me everything, it was horrible!” - individualised opportunities;

and “Take in the whole person” - the need for holistic care.

Discussion

Participants valued active involvement in transition at a pace individualised to
wants and developmental needs thus highlighting the importance of patient-
centred care during transition. Transition programmes should be adequately
flexible to attend to individual differences to increase engagement, reduce

lapses in care and reduce negative associated outcomes.

Key words: congenital heart disease, transition to adult care, experiences



Background

Historically, most Congenital Heart Disease (CHD) patients did not survive into
adulthood. With medical advances, patients are surviving longer, with healthier
lives into adulthood. The focus has therefore shifted from survival to ensuring
successful transition into and care throughout adulthood. Poor transition can
lead to negative outcomes including increased morbidity, emotional distress,
and financial expense. These outcomes can occur as a result of poor transition,
leading to lapses in care. Although there is a need for a better operational
definition (Heery et al., 2015), a lapse of care generally refers to a substantial
gap between leaving paediatric CHD care and initiating specialised adult CHD
care. Yeung and colleagues (2008) found that patients who presented after a
lapse in care were more likely to require urgent cardiac interventions and have
untreated cardiac-related conditions. Participants frequently reported that they
did not continue to seek care due to insufficient knowledge regarding the
importance of continued care and monitoring, highlighting a potential barrier in

education or communication during the transition process.

As prompted by the introduction of guidelines for best practice in transitioning
young people with chronic illness (Forbes et al., 2001; Foster et al., 2001) and
the development of national and international standards (NHS England, 2016;
Sable et al., 2011; Scottish Congenital Cardiac Service, 2018; Warnes et al.,
2008), cardiology services have developed programmes to ensure the continuity
of high-quality care. Such models have been reported to show varying outcomes
(Lee et al., 2017).

Transition Experiences

For many patients with CHD, transition to adult care can present with multiple
challenges and barriers (Lee et al., 2017). Heery and colleagues (2015)
conducted a systematic review examining experiences of transition among young
people with CHD. They found high rates of lapses in care for young people after

leaving paediatric cardiology. Data highlighted that young people had
3



insufficient knowledge about their condition to facilitate adequate transition.
They concluded that young people looked for continuity of person-centred care,

youth-orientated facilities, and for parents to be involved.

Rationale for the Current Review

Qualitative synthesis of studies focusing on patients’ experiences of transition
from paediatric to adult CHD care should inform the development of
interventions to reduce poor transition and associated negative outcomes.
Building on the findings of Heery and colleagues (2015), this review aimed to
provide an updated synthesis and quality appraisal of the literature. Heery and
colleagues review found no research specifically on experiences of structured
transition programmes nor the experiences of patients’ post-transfer. In
addition, to increase sensitivity, studies that included other chronic illnesses

were not excluded providing CHD-specific data were extractable.

The main aims of this review were to appraise the quality and synthesise
findings from qualitative research of patients’ experiences of transition to adult
CHD care.



Method

Search Strategy
A systematic search was conducted of the following databases:
e Medline (Ovid)
e EMBASE (Ovid)
e PsycINFO (EBSCO)
e CINAHL (EBSCO)
e Psychology & Behavioural Sciences (EBSCO)

e Web of Science Core Collection (Web of Science)

The search strategy combined three series of terms which defined the congenital
heart condition, transition process and qualitative methodology. Search terms
were mapped to subject headings within databases. An example of the full
search conducted in Medline is detailed in appendix 1.2. The following search
terms were used:
1. Congenital heart OR heart defect®* OR heart syndrome OR congenital
abnormalities or cardiovascular abnormalities
2. Transition* OR transfer* OR continuity* OR move* OR hand-over* OR
retention

3. Qualitative OR interview* OR experience*

Inclusion / Exclusion Criteria

All qualitative designs were eligible for inclusion and papers were not excluded
on the basis of quality assessment. The search was limited to peer-reviewed
studies published in English between January 2001 onwards, due to the
publication of guidelines for best practice in transitioning young people with
chronic illness (Forbes et al., 2001; Foster et al., 2001).

Results of Search

The search strategy identified 6948 citations, including 4861 unique citations,
but 4825 were removed through screening (see Figure 1). The full text of 36
5



papers were reviewed, 10 of which met the inclusion criteria. Hand searches of

references and grey literature did not identify any additional eligible papers.

Data Synthesis

A data extraction tool (appendix 1.3) was used to record only findings relevant
to the review aims. Despite the acknowledgement of the value of qualitative
research for health care, the ‘gold standard’ method of qualitative synthesis is
an area of debate and evolution. Noyes and colleagues (2008) state that the
choice of method depends on the type and scope of the review, the pool of
available evidence, the expertise of the researchers, and the available
resources. On these grounds, thematic synthesis was adopted, allowing
conclusions to be drawn across heterogeneous methodologies. It also analyses
characteristics of the studies to explore whether these help explain differences
in perspectives that arise (Barnett-Page & Thomas, 2009), relevant when
considering varying international healthcare contexts. Thomas and Harden's
(2008) steps of thematic synthesis were followed (see appendix 1.4). An example

of an analytical theme and illustrations can be found in appendix 1.5.
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Figure 1. PRISMA Flow Diagram - Adapted from Moher, Liberati, Tetzlaff, &
Altman (2009)



Quality Appraisal

Quality appraisal facilitates understanding of the transferability of findings
(Whiting et al., 2017). Over 100 appraisal tools for qualitative research have
been developed, highlighting the lack of consensus over quality criteria. The 10-
item Joanna Briggs Institute (JBI) Critical Appraisal Checklist for Qualitative
Research (Joanna Briggs Institute, 2016) was considered to be consistent with
the resources, aims and assumptions of this synthesis including its emphasis of
researcher reflexivity, application to all qualitative methodologies, and its

development from evidence base (Majid & Vanstone, 2018).

The author used the JBI Checklist to assess qualitative indicators of studies’
strengths and weaknesses; which were considered during analysis. 3 studies were
selected randomly to be co-assessed. Disagreements in quality assessments were
discussed and recorded in a reflective log. Final comparisons were adequately
similar with 96.7% agreement across the 10 items for the 3 studies; therefore it

was deemed unnecessary to co-rate additional studies.



Results

An overview of the 10 included studies is given in Table 1. The studies originated
from 6 countries. Data were collected using face-to-face interviews (n=6),
telephone interviews (n=2), focus groups (n=1) and postal surveys (n=1). Data
collected perspectives from adolescents pre-transfer (n=3), adolescents during
transfer (n=1), young adults post-transfer (n=2), adults post-transfer (n=1), and
both adolescents and adults pre- and post-transfer (n=3). Sample sizes ranged

from 10-40 participants.

The findings are presented under one overarching theme: The importance of
being an active participant in individualised care. Participants wanted to be
actively involved in their transition but at a pace that was individualised to their
wants and developmental needs. They also wanted to be considered as a whole
person, with interest shown beyond their heart condition. This in turn facilitated
their personal connections and trust with HCPs. Three subthemes were
developed to illustrate these findings: “l was given a choice and | liked that” -
opportunities for involvement; “It was like they had to tell me everything, it was
horrible!” - individualised opportunities; and “Take in the whole person” - the

need for holistic care. A breakdown of themes is included in appendix 1.6.
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“l was given a choice and | liked that” - opportunities for participation

Participants across 8 studies emphasised the importance of being actively
involved in healthcare decisions. This included being heard with HCPs seeking
and incorporating their perspectives, opinions and choices in care plans. For
some, transition facilitated a positive increase in participation in their care;
which facilitated an increase in engagement, knowledge and sense of

responsibility for their condition.

“l was given a choice and | liked that because it made me feel that | was

getting older and was given more responsibility.” (Asp et al., 2015, p6).

“The most important thing to me when transferring to the adult clinic was
that all the decisions were made with me involved and | was able to talk
about what was going to happen when | saw the doctors, which | never
had a chance to do in the children’s clinic.” (Wray et al., 2008, p571).

“l want to know everything that there is to know about my heart
condition [...] cause | was so young when | had surgery to know what was
going on, but now that | am older, | want to understand what is going on
with me, and to understand what might happen in the future with me.”
(Moola, 2011, p845)

Post-transfer young adults described that insufficient education opportunities

during adolescence became a barrier to participation in adult healthcare.

It’s hard to take ownership because | didn’t know what my condition was.
(Keir et al., 2018, p745).

For others, a lack of involvement and preparation appeared to shape negative
experiences during transition and transfer. They described feeling “shoved right
into it” (Catena et al., 2018, p596), with transfer often coming as a surprise.

The desire to be included in transition over a prolonged period of time was

14



expressed. Some adolescents desired this information and involvement two or

three years ahead. A lack of participation caused uncertainty and insecurity.

“l think it was just the last appointment at outpatients. It was thanks very
much, ‘bye, bye, best of luck’. It’s just the way it was done. There was
no ‘come in and we’ll have a chat about this and what do you think and
how would you feel.” (Coyne et al., 2019, p4067).

“He [paediatric cardiologist] suddenly said, this is your last check-up in
the paediatric cardiac unit and they hadn’t said anything about it before.

So it was very sudden.” (Asp et al., 2015, p5).

“My only gripe is that | didn’t know what was going to happen in advance
and | did find that a bit awkward [...] it was all a bit unexpected.” (Moons
et al., 2009, p319).

Opportunities for involvement in their care were also influenced by parents.

During paediatric care, parents took the central role whereas transition was a

time when adolescents sought increased autonomy. While some valued ongoing

parental contributions for emotional support and a sense of safety during

transition, others expressed frustrations for overly involved parents.

15

“My mother just took control. She’s like that ‘cause I’m the youngest, and
the heart condition, | don’t like that.” (Catena et al., 2018, p595).

“She says I’'m forgetful, so she wants to come and hear stuff from the
doctors herself. But | keep telling her that she had to let me go
sometimes just by myself.” (Catena et al., 2018 p595).



“It was like they had to tell me everything, it was horrible!” -

individualised opportunities

Although the importance of opportunities for involvement was expressed, it was
also considered important across all studies that individual differences were
considered. This particularly related to tailoring education around
developmentally appropriate topics that were important to adolescents. These
included alcohol use, exercise and nutrition, birth control and the risks
associated with pregnancy and childbirth. Adults post-transfer reflected on the

need for more information about mental health issues.

“Addressing concerns that nobody ever asked me before; like what does it
mean that | have a heart condition when | wanted to have babies?”
(Catena et al., 2018, p596).

“l think it would be beneficial when you’re transitioning and trying to
learn how to cope and all of that and then differences between actual

chest pain and anxiety.” (Lopez et al., 2015, p567).

In addition, adolescents highlighted the need for this information to be tailored

so that the information did not appear exaggerated and intrusive.

“l must say, about the consequences, oh my god how they spoke about
drinking and sex at my last visit. If you drink you’re going to die or end up
in an emergency room. You are not allowed to get drunk and if you have
unprotected sex you’re going to die. Oh my god. It was like they had to
tell me everything, it was horrible! [...] You have to individualise such
info.” (Burstrom et al., 2017, p884).

When information was not individualised to cognitive ability, the chances of
misunderstanding and misinterpretations increased. Information was often

described as given too fast with the excessive use of medical terminology and

16



jargon. On one occasion, it was described how the lack of tailored delivery led

to the young adult seeking a transfer of physician.

“Like that time when | was in the adult clinic and they talk over my head,
believing | understood what they were talking about [...] When they talk
to me using a lot of medical terms it’s too much for me to take in.” (Asp
et al., 2015, p7).

When information was delivered at developmentally inappropriate times in a
way that the adolescent did not understand or was uninterested to learn, this
often had a negative impact on education as they were reluctant to know more

about their condition or not ready to process the information.

“When | was younger, | kind of just listened and agreed with whatever
they said.” (Catena et al., 2018, p596).

Often it was reported that adolescents lacked opportunities for individualised
education specific to their condition, leading to insufficient knowledge of the
long-term impact including signs and symptoms of deterioration. This was

highlighted as problematic due to the variability of CHD diagnoses.

“l wish | would have had a better understanding specifically of what |
could and could not do, as far as working out, playing sports and stuff like
that [...] without resulting in causing more problems to my situations.”
(Lopez et al., 2015, p566).

“Should there be any complications with my heart again, as they don’t
know if the heart will last for ten years or the rest of my life, or another
two months, it would have been rather ‘fun’ to know the symptoms, what
they are, what happens in order to be able to detect in time if something

is not quite as it should be.” (Asp et al., 2015, p7).
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Individual differences could also be seen in the preferred methods for delivering
information. While some preferred to receive all information from HCPs, others
would have like the opportunity to learn information from peers or an adult who

had been through similar CHD related situations.

“Maybe talking to them could give me a different or a better perspective
on certain things like how to take care of myself.” (Lopez et al., 2015,
p565)

“Take in the whole person” - the need for holistic care

A shared theme across participants in 6 studies highlighted the importance of
holistic care where professionals showed interest in other issues besides their
heart condition. This helped participants to develop personal connections with
HCPs and made them feel safe and cared for. It was considered important that
the staff recognised them, addressed them by their first name and were

available if they had any questions.

“It’s of great importance to me that the doctors don’t just examine my

heart but take in the whole person.” (Moons et al., 2009, p319).

For those who had not transferred to ACHD the importance of holistic care was
reflected in negative expectations that they would be treated as “another
number” (Catena et al., 2018, p595) in ACHD services.

“l think it’s going to be a different atmosphere, like | think it’s going to
be very kind of ‘just get the job done’.” (Coyne et al., 2019, p4067).

For those who had transferred, personal connections and holistic care, that had
been fondly received in paediatric care, were often described as missing from

initial interactions with ACHD providers.
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“In the kid’s hospital everybody cared a little bit more, they’d try to
make your stay comfortable and happy. In the adult hospital everyone’s
just so busy, you don’t really get to have those relationships with your,

the caregivers.” (Catena et al., 2018, p595).

“Feel vulnerable because there doesn’t seem to be the same effort made
by staff to get to know you as there was in paediatrics.” (Wray et al.,
2008, p572).

However, it was also reflected at post-transfer that the adjustment to and the

building of new relationships would take time.

“It’s the type of thing where over the years hopefully [they’ll] be able to
gain a little bit more of that personal one-on-one attitude.” (Catena et
al., 2018, p595).

Quality Appraisal

The JBI Critical Appraisal Checklist for Qualitative Research (Joanna Briggs
Institute, 2016) was used to identify strengths and weaknesses of the included
studies. Due to the lack of consensus around assessing the quality of qualitative
studies, no studies were excluded based on quality. In terms of strengths, all
studies used quotes to support their analysis. However, for 8 papers it was
unclear if an adequate range of participants’ views were represented. This was
due to the lack of percentages for how many participants the themes related to.
The main weaknesses identified were the lack of a clear statement of the
researchers’ cultural or theoretical background (n=8), and a lack of addressing
the potential influence of the researcher on the research (n=8). The full
strengths and weaknesses of individual papers according to the JBI Checklist for

Qualitative Research are presented in appendix 1.8.
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Discussion

The aims of this review were to synthesise and quality appraise studies of

patients’ experiences of transition to adult CHD care.

The review highlighted that patients wanted to be actively involved in their
transition but at a pace that was individualised to their wants and
developmental needs. They wanted to be considered as a whole person, with
interest shown beyond their heart condition. This in turn was described to
facilitate personal connections and trust with HCPs. Overall, the findings
highlighted the importance of patient-centred care within personal and

professional relationships and processes before, during and after transition.

This review found strengths and weaknesses in healthcare that facilitated or
hindered positive experiences. The general narrative of participants’
experiences within paediatric care was more of a personal connection with HCPs
who were more likely to show interest in the whole person. This was regarded as
lacking in initial contact with adult services, a transition point at which some
participants articulated a desired increase in active involvement in their own
care. The transition to adult services was more likely to be perceived as positive
when the individual felt heard and was given choice in healthcare and transfer
decisions. An area of improvement for transition particularly highlighted by
patients was more tailored opportunities for education. The review identified
the importance of relevant, accessible and timely knowledge in terms of the
patient’s confidence, level of involvement and responsibility, and successful
adjustment to adult services. Specifically, participants emphasised the need for

more information about the long-term impact and prognosis of their condition.

Many aspects of patient-centred care that were described can be placed within a
developmental framework. Transition occurs during adolescence, a time of
development that includes individuation and separation towards young

adulthood, where adolescents seek to increase autonomy, place increased
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importance on peer connections, and show increased risk-taking. Such stages
can be seen in the review’s findings including a desire for more information
around alcohol and drug use and perceived helpfulness of peer shared
experiences. Although dependence on parents decreases in adolescence,
parental support constitutes a safe base at times of uncertainty. This is

reflected in some participants’ appreciation for continued parental support.

Some themes identified in this review echo those identified by Heery and
colleagues (2015) including insufficient opportunities for individualised
knowledge to facilitate adequate transition, the desire for continuity of person-
centred care and for the inclusion of parents within a supportive role. The
current review adds additional findings due to the inclusion of research studies
that explored young adults’ experiences post-transfer (Asp, Bratt, & Bramhagen,
2015; Catena et al., 2018; Coyne et al., 2019; Keir et al., 2018; Lopez et al.,
2015). These studies highlighted that similar themes continue into this phase of
transition and influence the individual’s confidence and ability to adjust. There
was also a recognition that insufficient opportunities for education during
adolescence became a barrier to participation in adult healthcare decisions.
Finally, the need for opportunities to discuss the impact of living with a chronic

illness on mental health was highlighted.

Although the focus of this review was CHD, many components of the transition
process are similar to a range of paediatric-onset chronic health conditions and
require consistent clinical factors for best practice including assessments of
‘readiness’, support during gradual transition, and the involvement of parents
(Aldiss et al., 2015). These factors for best practice are highlighted in the
findings of this review. Systematic reviews focusing on the healthcare transition
needs and experiences of adolescents and young people with health conditions
such as type 1 diabetes, juvenile arthritis and cystic fibrosis have highlighted
similar individual variation, thus emphasising the need for tailored, patient-
centred care (Coyne et al., 2017; Sheehan et al., 2015; Prior et al, 2014). In
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addition, adolescents had increased anxiety when there was a lack of
involvement in preparation and transition care, with a lack of opportunity
leading to difficulties developing self-management and advocacy skills needed to
engage with adult services (Sheehan et al, 2015). Specific to CHD, it is
important to acknowledge that a key disease-specific characteristic for many
adolescents is that they do not require daily medication, unlike others such as
diabetes and cystic fibrosis, and may be asymptomatic. As a result, they may
underestimate the severity of their condition and place less importance on
continued review and monitoring (Mackie et al., 2019). This emphasises the need
for adequate education opportunities during transition and prior to transfer to

increase the likelihood of engagement with adult CHD services.

Implications for transition programmes

The review highlights that at the heart of healthcare should be the patient, their
views and wishes, and their developmental age and stage. As significant
heterogeneity exists, transition should be personalised in accordance with
chronological age as well as developmental stage and abilities. To achieve this,
care providers’ training should incorporate knowledge of developmental stages
and skills in adapting clinical practice accordingly. Recognition that the transfer
to adult care is a continued period of adjustment, adult services should continue
to implement tailored, developmentally appropriate care. For example, adult
services should provide scope for parental involvement in line with the young
adults’ preferences. HCPs need to remain mindful that adolescents are
experiencing transition in a broad context and should acknowledge the whole

person and multiple transitions that will be occurring.

This review indicates some patients perceive they have insufficient knowledge of
their heart condition, which impacts on their ability to actively participate in
their healthcare. As such, structured transition programmes may be beneficial. A

structured approach facilitates evaluation of the individual as they progress, to
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ensure key areas of knowledge and skills are covered. To be tailored to the
adolescent’s developmental and cognitive stage, education could be provided in
multiple formats including verbal, written and online content, as well as formal
patient and family education events. For example, in Canada transition
programmes have incorporated a ‘MyHealth Passport’, a portable health
summary for patients. Used in combination with a short structured teaching
programme, it has been shown to significantly increase and sustain CHD
knowledge at 6- and 18-months post-intervention (Mackie et al., 2014, 2018). As
adolescence is a time where peer connections are important, involving transition
experienced peers may be advantageous. As each CHD patient has a unique
medical and developmental history, implementation of standardised transition
programmes may be challenging. However, a flexible approach to when and how

each patient begins each phase would help to overcome some challenges.

In a Scottish context, it is positive that the standards for transition (Scottish
Congenital Cardiac Service, 2018) incorporate aspects of themes highlighted in
this review. This includes providing tailored, age-appropriate care within a
pathway which incorporates the views of the patient as well as offering peer
support. In addition, the standards state that there should be no fixed age of
transition but it should be initiated by the age of 14. These standards are
intended to be reached by the end of 2020. This review emphasises the
importance of meeting this target. Limited resources and an increasing CHD
population may hinder the implementation of structured transition programmes
in line with this review and the published standards. However, by implementing
adequate transition programmes and facilitating transfer, patients are more
likely to engage with services in a timely manner, reducing lapses in care and

reducing associated negative outcomes.
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Quality Appraisal of Existing Research

The quality appraisal identified a similar pattern of strengths and weaknesses for
a large majority of the studies. A specific strength of all papers was the inclusion
of quotes to aid the illustration of data and clear congruency to conclusions.
This in turn increased the transparency of findings and interpretations. The most
common weakness was an underreporting of the theoretical and cultural stance
of researchers and their potential influence on the research. This has the

opposite effect in reducing transparency and authenticity.

It is widely acknowledged that methodological and procedural details are
typically underreported in qualitative research, at times due to publication
restrictions, and their absence from a manuscript may not reflect their absence
from the conduct of the research (Majid & Vanstone, 2018). However, it has
been highlighted that researcher reflexivity is a key tenet of qualitative research
(Walsh & Downe, 2006). This underscores the importance of reflexive content,
including the role of prior assumptions and experience, enhancing the credibility
of the research and conclusions. In the context of this review, as underreporting
of reflexivity was identified in the majority of papers, results should be

interpreted with a degree of caution.

The JBI was selected based on its alignments with the aims and assumptions of
this synthesis including its emphasis on researcher reflexivity, application to all
qualitative methodologies, and its development from evidence base (Majid &
Vanstone, 2018). However, the JBI has less focus on assessing the integrity,
transferability and transparency of findings. As discussed by Hannes and
colleagues (2010), the JBI tool also does not include a criterion that facilitates
the assessment of external validity of original studies in order to provide insight
into the transferability of findings to readers. Due to the lack of consensus
around assessing quality criteria, a strengths and weakness approach was taken
within this review and no papers were excluded from synthesis. Caution

therefore needs to be taken when interpreting the results due to the potential

24



for findings from lower quality studies to be included in analysis. Findings
however have suggested that ‘inadequate’ or lower quality studies are less likely
to inherently contribute to unique themes or offer any original perspectives on
any identified theme (Carroll et al., 2012; Franzel et al., 2013). Overall these
limitations highlight the current challenges when using appraisal tools to assess

the complex matter of quality and rigor in qualitative research.

Limitations

The search strategy only included English language articles for resource reasons,
therefore potentially missing some relevant data and limiting the transferability
of the findings to other cultures. The review hoped to incorporate qualitative
research on experiences of structured transition programmes to enhance
previous systematic reviews. The one article included where some participants
undertook a structured transition programme (Catena et al., 2018) did not
report these findings separately in order to preserve anonymity, thus eliminating
the opportunities to compare qualitative experiences with participants who did
not undertake such programmes. In addition, another article that was identified
did not meet inclusion criteria as it was not published in English (Thomet et al.,
2018). Through grey literature searches and communication with prominent
authors, the researcher was made aware of the ongoing qualitative data
collection with participants within the STEPSTONES Project (Saarijarvi et al.,
2019), a randomised controlled trial with the aim to evaluate the effectiveness
of a structured person-centred CHD transition programme. Inclusion of these

studies in future reviews would expand the current evidence base.

A potential limitation of the review is also the inclusion of Keir and colleagues’
(2018) research. Although it met the inclusion criteria, the study’s sample was
considerably different to other included papers, with an age range of 38 to 49
years old, where participants would have undergone the transition from

paediatric to adult CHD care approximately 20 to 30 years prior to participating
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in the study. Memory of the experience may therefore be affected due to the
length of time passed but may also be more likely to include biases such as
selective memory, telescoping or attribution biases. In addition, participants
would have experienced transition prior to the publication of best practice
guidelines in 2001 (Forbes et al., 2001; Foster et al., 2001) and therefore may
have experienced a qualitatively different transition process compared to the
collective sample of other included papers. Finally, limitations that have been
previously discussed regarding the quality assessment of included research and
the use of the JBI should be acknowledged.

Methodological Rigour

The synthesis of qualitative findings is subject to researchers’ interpretations
including prior biases and assumptions. Use of a reflective log, research
supervision, co-ratings of assessing quality, and transparency in reporting

enhanced rigour.

Conclusion

This review highlighted the importance of patient-centred care during transition
and transfer by consolidating important principles of best practice for
adolescents and young adults. Of particular importance was the need for active
involvement in their transition at a pace that was individualised to their
developmental needs. The need for a holistic approach was noted to facilitate
personal connections and trust with HCPs. Best on these principles of best
practice, the review suggests implications for transition programmes including a
need for flexibility alongside training that incorporates knowledge of

developmental stages and skills in adapting clinical practice accordingly.
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Plain English Summary

Exploring the experiences of mothers whose infants have congenital heart

disease and have undergone surgery in the first year of life.

Background

Congenital Heart Disease (CHD) is a general term for a range of birth defects of
the heart. Infants often need specialist care with surgery soon after birth.
Research suggests that mothers of children with CHD experience increased levels
of distress (Jackson et al., 2015), which is higher if surgery is required during
their first year of life (Franck et al., 2010). With a better understanding of
mothers’ experiences during this time, services may be improved to help

manage increased levels of distress.

Aim
This study aimed to explore the experiences of mothers whose infants had a

diagnosis of CHD and had surgery within their first year of life.

Methods

5 mothers were recruited from Glasgow’s Royal Hospital for Children. Paediatric
clinicians helped to identify which mothers were suitable to contact. The
researcher contacted mothers who were interested and arranged interviews. The
interviews were recorded and analysed to explore themes that the mothers

reported.

Results

One main theme was developed to portray the experiences of the mothers in
this study: ‘A battle on multiple fronts’. 5 subthemes described key parts of the
battle: The Trauma of the Battle - “Fighting an uphill battle”; The Fight for
Survival - “Is it compatible with life?”; A Fight for Family-Centred Care - “A
constant battle to be her parent”; Allies - “Everyone is on the same side”; and A

Lonely Battle - “They are not there to help me”.
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Conclusion

The findings demonstrate that mothers experience an expected battle as a
result of receiving an antenatal diagnosis of CHD for their infant. Throughout
this fight mothers however described a range of factors that either increased or
calmed their sense of threat and conflict. Such factors included support from
healthcare professionals, uncertainty and being heard and involved in their
infants’ care. The findings of this study highlight the importance of healthcare
creating a sense of support and togetherness rather than being against that
creates more stress for the mothers.
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Abstract

Background

The term “congenital heart disease’ (CHD) refers to abnormalities of the heart
that are present from birth, and typically require timely medical intervention.
The unique stressors faced by mothers whose children have CHD can cause
increased psychological distress, impact on quality of life and the capacity for
optimal parenting. More research is needed into the lived experiences of
mothers whose infants are diagnosed with CHD and undergo surgery to help

understand their experiences and target interventions appropriately.

Aim
To explore the lived experiences of mothers whose infants received an antenatal

diagnosis of CHD and who had undergone surgery within the first year of life.

Method
Individual interviews were conducted with 5 mothers to explore their lived
experiences. All interviews were transcribed verbatim and were analysed using

Interpretative Phenomenological Analysis.

Results

One superordinate theme was developed to capture the mothers’ experiences
overall: ‘A battle on multiple fronts’. 5 subthemes illustrated the mothers’
battles: The Trauma of the Battle - “Fighting an uphill battle”; The Fight for
Survival - “Is it compatible with life?”; A Fight for Family-Centred Care - “A
constant battle to be her parent”; Allies - “Everyone is on the same side”; and A

Lonely Battle - “They are not there to help me”.

Conclusion

Mothers described an inherent fight following an antenatal diagnosis of CHD,
throughout which factors exacerbated or mitigated their sense of threat and
conflict. Healthcare services need to create a sense of support and togetherness

to reduce the experience of additional stressors in the mothers’ battle.
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Background

Congenital Heart Disease

The term “congenital heart disease’ (CHD) refers to abnormalities of the heart
that are present from birth and typically require medical intervention soon after
birth and follow-up care for life. Cardiac conditions comprise the greatest
proportion of all birth defects, are a major cause of foetal and infant mortality,
and are the most common group of structural malformations in children
(Lissauer, Clayden, & Craft, 2012). Recent advances in treatment has led to the
transformation of CHD from a terminal to a chronic condition. With an increased
CHD population there has been a shift in focus from survivorship to improving

psychological outcomes and quality of life for children and their parents.

Experiences of Parents

Compared to healthy children and children with other conditions, CHD can
provide parents with unique stressors of which have been associated with
greater levels of psychological symptoms including anxiety and depression
(Lawoko & Soares, 2002), anger and hopelessness (Jackson et al., 2015). Such
symptoms can impact parents throughout the continuum of their child’s health
care experience (Soulvie et al., 2012), with incidents of experiencing trauma
symptoms consistent with acute stress disorder (Franich-Ray et al., 2013).
Parental stress has been found to be significantly higher when their child
underwent cardiac surgery during the first year of life than compared to all
other ages (Franck et al., 2010). Increased parental stress during their child’s
hospitalisation has been associated with poorer psychological outcomes for the
child post-discharge (Kazak et al., 2006). In addition, continued difficulties may

impact quality of life and capacity for optimal parenting and responsiveness.

Experiences of Mothers
Recent studies have indicated gender differences between the experiences of
mothers and fathers (Jackson et al., 2015). Fathers have been found to focus

more on practical tasks and containing emotions (Gower et al., 2017),
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experiencing the need to protect their wife and child (Wei et al., 2016), and
expressing difficulties balancing employment and support (Sood et al., 2018).
Mothers have been reported to experience a higher level of stress than fathers
at the time of diagnosis (Bevilacqua et al., 2013) and prior to their child’s heart

surgery (Utens et al., 2000).

Several qualitative studies have developed our understanding of mothers’
experiences (Bruce, Lilja, & Sundin, 2014; Harvey et al., 2013; Lan, Mu, & Hsieh,
2007; Sabzevari et al., 2016). These studies included mothers of children with
various CHD diagnoses and at different time points in their child’s health care
experience. Despite varied focuses, common themes emerged from these studies
including reports of feeling a range of intense fluctuating emotions, difficulties
with uncertainty and the unknown, difficulties navigating the medical world,
trying to mother through it all, and the importance of support throughout.
Critical time points of a mother’s experience include time of diagnosis, handing
their child over to the surgical team, during surgery, and visiting their child in

the paediatric intensive care unit after surgery (Wei et al., 2016).

Experiences of Mothers at Diagnosis

Due to advances in foetal ultrasound, there has been an increase in the rates of
early detection of CHD during the antenatal period. Research findings have been
inconsistent with regards to a difference in impact between antenatal and
postnatal diagnosis (Kolaitis, Meentken, & Utens, 2017). Some research has
indicated that those who received an antenatal diagnosis had a higher quality of
life (Fonseca, Nazaré, & Canavarro, 2012) and had lower anxiety and stress than
those diagnosed postnatally (Pinto et al., 2016). Conversely, research has also
found no differences between the groups (Bevilacqua et al., 2013; Brosig et al.,
2007). However, Bevilacqua and colleagues found that mothers who received the
diagnosis prenatally were more depressed, while those who received a postnatal
diagnosis were more stressed. This may be related to research that found an

antenatal diagnosis gave parents more time to prepare for their journey after
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the birth (Sharland, 2012) and gave increased time to process and develop their
understanding of the diagnosis than compared to receiving a postnatal diagnosis
(Reid & Gaskin, 2018).

Aims of the Current Study

This study aimed to explore the lived experiences of mothers whose infants were
given an antenatal diagnosis of CHD, and who underwent surgery within the first
year of life. There are very few published studies that explored the experiences
of mothers during the full course of their infant’s antenatal diagnosis of CHD
(Sood et al., 2018). In addition, few studies have been completed with a British
population (Gaskin, 2018; Gower et al., 2017; Reid & Gaskin, 2018) with the
author not being aware of any published studies focusing on specifically mothers
who have received an antenatal diagnosis and their experiences from diagnosis,
through birth, subsequent surgery, hospital admission, and discharge home. It is
hoped that the rich information gathered will enhance our understanding of the
experiences of this group of mothers and provide insight into potential service

improvements that may help to manage increased psychological distress.
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Method
Recruitment
Ethical approval was obtained (appendixes 2.1 and 2.2). In line with IPA’s
theoretical underpinnings, particularly the commitment to idiographic
principles, purposeful sampling was dependent on the richness and depth of
individual accounts (Pietkiewicz & Smith, 2012). The study therefore recruited a

small sample of mothers to allow in-depth analysis.

Inclusion and Exclusion Criteria
A main inclusion criterion for this study was the presence of an antenatal
diagnosis of CHD. Although research findings have been inconsistent, it is likely
that mothers receiving an antenatal diagnosis would experience a different
trajectory than mothers postnatally. To obtain a homogeneous sample consistent
with IPA, only mothers who received an antenatal diagnosis were included.
Other inclusion criteria included:

e Mothers with an infant less than 1 year old

e Their infant had undergone at least one surgical procedure due to a major

heart defect at Glasgow’s Royal Hospital for Children

e The mother was able to communicate their experiences verbally in English

Following initial recruitment contact, the researcher liaised with relevant HCPs
prior to further contact with mothers opting into the research, to discuss
whether it was appropriate for the mother to be approached in order to arrange
an interview. The decision considered factors such as the outcome of the

surgery, the child’s health, and the child’s prognosis.

Recruitment Procedures

Mothers were identified by HCPs within the cardiology department at Glasgow’s
Royal Hospital for Children. Any mother who met the inclusion criteria was
introduced to the research at a point of routine clinical contact. A clinician
known to the family provided mothers with a participant information leaflet

outlining the purpose and methodology of the study. It also included information
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about confidentiality and the voluntary nature of the study (appendix 2.3).
Mothers who indicated an interest were asked to complete a response form
(appendix 2.4). The mothers were then contacted by the main researcher to

discuss the study further.

Ethical considerations
It was recognised that mothers were going through an emotionally vulnerable
time. Steps were taken to reduce any undue burden or distress including the
structure of the interview, time taken to build a rapport prior to interview, and
management of distress in line with the researcher’s clinical experience.
Mothers were also signposted to support services. Debriefing and clinical
supervision provided reflection space for the researcher to discuss any potential

impact of the mothers’ experiences and expressions of emotions.

Participants

All mothers identified consented to further information about the research. 9
mothers opted into the research with 6 mothers agreeing to arrange interviews,
a response rate of 66.7%. It was mutually agreed for one mother that an
interview was inappropriate due to the infant’s deteriorating health. Five
mothers therefore participated. The mothers were aged from 26-38 years
(mean: 32, sd: 4), and their infants ranged in age from 6-45 weeks (mean: 31,
sd: 13.3). The length of hospitalisation ranged from 3-39 weeks (mean: 16.2, sd:
14.6), with all infants discharged at the time of interviews. Additional
demographic and contextual information are detailed in table 1 below. In order
to ensure anonymity, only non-identifiable information has been included when
summarising the demographic information of the mothers. Potential identifiable
information such as child’s diagnosis and health board of residency have been
reported separately in table 2. In addition, pseudonyms have not been recorded
alongside demographic information in order to reduce the possibility for
healthcare workers, who worked closely with the families, to identify the

mothers from the illustrative quotations.
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Table 1
Demographic Information

Infant’s age  Time since

No. of Employment Relationship at time of infant’s
Mother Age children status status interview discharge
1 34 2 Employed Married 36 weeks 52 days
2 38 2 Self- Married 6 weeks 22 days
employed
3 30 2 Employed Married 45 weeks 38 days
4 32 2 Employed Married 31 weeks 148 days
5 26 1 Employed Co-habiting 37 weeks 253 days
Table 2

Demographic information cont.

No. of mothers

NHS Health Board of residency NHS Lanarkshire 2
NHS Fife
NHS Ayrshire & Arran
NHS Forth Valley

—

Infant’s Diagnosis Tetralogy of Fallot 2
Transposition of Great
Arteries 1
Aortic Coarctation VSD 2

Procedure

The main researcher conducted interviews in a clinic room within Glasgow
Children’s Hospital. Written consent was gained at the start of the interviews
(appendix 2.4)and a family information form obtained (appendix 2.5). Interviews
lasted 45-90 minutes (mean=66.2minutes; sd: 16.7). A semi-structured interview
schedule informed by existing literature and consultation with professionals
(appendix 2.6) was used flexibly, including prompts. Interviews were audio

recorded digitally and transcribed verbatim on an encrypted laptop. To increase
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anonymity, mothers were given a pseudonym and any references that might

compromise anonymity were removed.

Data Analysis

IPA was adopted to offer insight into mothers’ experiences as it allows a
detailed and flexible examination of individuals’ lived experiences and their
attempts to make sense of their experiences. Transcripts were analysed using a
six stage IPA process (Smith et al., 2009). Initial immersion in the data was
followed by coding of transcripts, including consideration of descriptive,
linguistic and conceptual content (see appendix 2.7). The researcher analysed
each transcript individually, identifying emergent themes followed by the
construction of superordinate themes for each participant. A table of
illustrations and the development of a visual representation was completed to
aid this process (appendix 2.8). Themes were then constructed across cases
(appendix 2.9). Research supervisors read a sample of transcripts and engaged in
follow-up discussions regarding initial codes, themes and emotional hot points of
the individual transcripts. Three supervisors read transcript 1, two supervisors
read transcript 2, and one supervisor read transcript 3. Analysis was also
discussed in detail in frequent academic supervision. The study adhered to the
consolidated criteria for reporting qualitative research (COREQ) checklist (Tong,
Sainsbury, & Craig, 2007); see appendix 2.10. Quotations have been reported to
illustrate the findings. Each quotation was allocated the participant pseudonym
and transcript line number to aid transparency of analysis.

Researcher Reflexivity

The development of themes required interpretation of the researcher. As a
trainee clinical psychologist, the researcher had experience in paediatric
psychology but had not worked with mothers with children with heart
conditions. On a personal note, reflexivity was focused on potential biases
resulting from the researcher’s pregnancy during the interviews and analysis.

This included biases on qualitative analysis and the mothers’ reflections. For
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example, the researcher’s pregnancy may have impacted on what the mothers
chose to disclose. In recognition of these, a reflective journal was kept by the
main researcher. This assisted the process of acknowledging and ‘bracketing off’
beliefs and expectations throughout the process of analysis. Reflections on such
biases were also a prominent feature of research supervision to enhance
credibility of results. The supervisors of the research had a range of
experience with direct expertise within the field, and a separate supervisor with
expertise in IPA methodology. As previously stated, research supervisors
reviewed a sample of three transcripts and engaged in discussion of developing
themes to enhance the credibility of the analysis.
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Results

One superordinate theme was developed to encompass mothers’ narratives: ‘A
battle on multiple fronts’. The experience of receiving a diagnosis of CHD for
their infant and the proceeding journey was expected to be challenging;
however, the mothers described a journey of unexpected ‘uphill battles’ and
‘nightmares’ that you “wouldn’t wish on your worst enemy” (Emma, 226).
Throughout, they used language and examples that highlighted the trauma of
the battle, the fight for survival, the fight for family-centred care, and
reflections on allies and a sense of isolation. These aspects were elaborated in

the form of subthemes and are illustrated in more detail below.

The Trauma of The Battle - “Fighting an uphill battle”

Throughout their reflections, language was used that compared their experience
to a traumatic battle. The experience was described as “fighting another battle”
(Sophie, 461), “fighting the baby’s corner” (Emma, 72), and a “nightmare”
(Linda, 350) where the mothers “live in fear” (Sophie, 631), were “on edge all
the time” (Claire, 696), and where “nothing can prepare you” (Sophie, 78). The
brutality of the battle was implied by use of language such as “torture”,
“getting battered” (Emma, 176 & 168), “horrendous” (Jen, 82; Sophie, 699;
Emma, 48) and “the worst two weeks in my life” (Sophie, 388). Emma stated, “I
wouldn’t wish it on my worst enemy” (Emma, 226). Jen described how

unexpected events could disrupt progress with the force of a ‘knock out’ blow:

“It’s like snakes and ladders [...] because sometimes you think you are
going really well and all of a sudden something comes, and it completely

knocks you out.” Jen, 1104

The imagery used highlighted the unpredictable, uncontrollable nature of the
battle where the odds appeared to be stacked against them. In addition, the
emotional intensity evokes a sense of the lasting trauma of the fight with mums

reflecting months after the experience. For Linda and Sophie, the traumatic
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nature of the battle was reflected in psychological symptoms. Linda described
flashbacks and intrusive images of her son’s operation. She felt as if her “brain
was playing with me” (Linda, 237). For Sophie, the symptoms had an impact at

work, when triggering memories and a post-traumatic stress response.

“Heard an arrest call and | just froze because it [pause] brought me back
to that time when daughter, where all the doctors just ran and | knew it
was her. And it was the strangest feeling. I’ve never experienced it, as if
the ground had swallowed me up and | couldn’t get out, | couldn’t do

anything, and all | could hear was a buzzer.” Sophie, 659

In addition, Sophie and Emma drew attention to the paediatric hospital
environment as a continuation of a battle scene with other extremely sick

children.

“It’s not really just babies, | mean you are watching big kids, some 18
years, | mean some died [...] They are just pulling curtains, and you know
that someone is just like [sigh] some of the sights we seen [...] it’s quite a
traumatic place to be watching your baby sleep [...] you were just seeing

horrendous sights, families like in bit, it was just terrible.” Emma, 291

The Fight for Survival - “Is it compatible with life?”

The first fight this group of mothers reflected on was the day of and process of
receiving a diagnosis. All mothers were at first given the news that there may be
a problem with the infant’s heart at their 20-week antenatal scan. This brought
uncertainty and instant fear for what they and their infants faced during the
pregnancy and beyond. Claire described that she became ‘instantly scared’ to
talk of the future. As the only first-time mother in this research, Claire also
highlighted her sense of injustice around losing the excitement of becoming a
mother. All mothers described thoughts that arose about the ‘compatibility with

life’ and worries of losing the infant.
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“l was scared to buy things for baby so we kept his room empty [...] | felt
that | was pregnant but at the same time | felt so worried that, that we

will lose him.” Linda, 102

The delay in a clear diagnosis, due to requiring specialist scans in Glasgow,
caused increased uncertainty and distress as the mothers found it hard to not
know what was ‘facing’ them and felt they were being ‘battered’ by potential
problems. Emma reflected on the psychological impact of her desperation for
doctors to provide some reassurance for the life of her unborn infant. Her
reflections demonstrate the struggles these mothers faced with having hope

during this phase of diagnosis.

“That was just horrendous because you are just waiting for them to say
[pause] all | wanted them to say was that they would try and help him but
if all these things came back obviously they wouldn’t because they

couldn’t [...] it was just [pause] just terrible.” Emma, 47

The nature of the condition itself resulted in the need for surgery. The initial
thought of surgery was a challenge for all of the mothers. Sophie’s reflection
illustrates the perceived vulnerability of the infants in their fighting to survive

an unfair battle.

“It was just really difficult fact to get your head around that this tiny
baby would be put through such a huge operation.” Sophie, 64

All mothers expected this part of the fight to be difficult however they felt that

nothing could prepare them for seeing their infant for the first time after

surgery.

“One nurse in particular who had been a PICU nurse, so she had told us
he’ll be in bits, it’ll be the worst. Her words were this will be the sickest
that you will ever see them. So we did know that but [sigh] it’s just the

worst thing [...] He was [sigh] a pin cushion basically.” Emma, 274
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A Fight for Family-Centred Care - “A constant battle to be her parent”

The mothers spoke of a sense of fighting for their infant during their experience.
This related not only to the infant’s inability to fight for themselves in terms of
being unable to voice concerns with their condition or care, but also in relation
to the unique role of a mother to protect and advocate for the best care for
their infant. Their reflections also highlighted a sense of fighting to be heard
within a medical environment and the conflicts that arose between them and

HCPs due to a lack of being heard or involved.

“It felt like a constant battle to be her parent in [local hospital]. They
very much made me feel like | was her visitor. Like they completely
[pause] disengaged me from her care as much as they could. Which |

found really, really difficult.” Jen, 576

“l think mum understand baby better even than them [nurses]. They see

only the numbers.” Linda, 460

“The staff didn’t listen to us. Erm, they made decisions without informing
me [...] | want to be involved in all her care really you know. I’'m her

voice. | know her better than anyone.” Sophie, 394

“Being a non-medical person, trying to give medical people advice on how

you think is really hard, when sometimes you are right.” Claire, 673

A moment of the battle where fighting for family-centred care appeared to
become harder for most mothers was the transition from intensive care to the
cardiac ward where the model of care moved away from 1:1 nursing. The change
in care appeared to trigger a protective response for the mothers with increased
anxiety to leave their infant. For Linda and Claire this resulted in them feeling
as if they could not leave their infant alone in the ward and were ‘stuck’ at the

infant’s bedside.
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“In the PICU there was one nurse with the one baby and over there |
remember we came there on the morning, there was one nurse for the
one room. We found that very difficult. We were used to, we realised that

we won’t be able to leave him alone.” Linda, 351

“Although | never wanted to leave, sometimes you need to leave and we
couldn’t. Like | could not leave him in that room, in that bed on his own

[...] so we never left.” Claire, 532

Allies - “Everyone is on the same side”

When each mother was asked about the strategies and supports they found
useful, they often spoke of not knowing what helped them through. However, an
important ally that 4 mothers described was their family. This was particularly
important for Claire and Emma whose reflections suggested a comradery
throughout their experience. They felt their families were as ‘invested’ in their
infants, stating that “right from the scan it was all of us, all in it together.”
(Emma, 334). However, Emma also reflected on the perceived fight she
experienced due to her husband struggling to cope with the diagnosis and not
being ‘onboard’ with the collective plan. Her husband’s struggle and the impact
on her family became an additional fight over and above receiving the diagnosis
and her worry for her baby. The difficulty of the experience can be seen in the

intensity of emotion expressed.

“At that point [pause] you are trying to fight for, oh I’'m going to get
upset here [tears], try to fight for your family life that you’ve got [pause]
you know, it’s just hard, it’s just hard [...] It got to a point where | was
like you either need to get onboard with this plan or you go away,
because you are draining me and | don’t have the energy to worry about

you and the baby.” Emma, 342
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The support of HCPs, especially nurses, was expressed as a vital ally. Emma
highlighted the importance of remembering that medical staff were on ‘the
same side’ as the parents; although acknowledging this was harder in the heat of

the experience.

“Everyone wants what is best for your baby, but at the time you can get a
bit, arguing with people because it is not happening quick enough. But
you’ve got to remember that everyone is on the same side. Nobody wants

anything bad to happen.” Emma, 623

All mothers shared their positive experiences with the nurses in NICU. Claire
described that compared to nurses from other departments, the NICU nurses
‘outshone’. She associated their support with not only coping with that stage of
the journey but also that their support ‘set her up’ for coping with the entire
experience. Jen also spoke of how their support helped her to cope through a

difficult time as a patient in the post-natal, labour ward.

“l think if that wasn’t there [support in NICU], | think the whole post-

natal bit would have been really, really bad.” Jen, 412

When reflecting on the qualities they felt the NICU nurses had that facilitated a
sense of a togetherness, all mothers described the neonatal period as a time
where they were encouraged to be involved in their infant’s care, felt heard,
and were treated ‘as friends’ with their infants being treated ‘as one of the
nurses own’. These descriptions portrayed a sense of belonging where nothing

was too much to ask and support was readily available.

A Lonely Battle - “They are not there to help me”
Despite mothers reflecting on the presence and importance of allies such as

their family and clinicians, they spoke about a sense of isolation and loneliness
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they felt. In relation to their family they described a lack of direct shared

experience.

“I’ve got really good support in that sense, you know, if you had to cry
you could phone and talk to someone so it was good in that sense. But at
the same time, it was almost kind of a barrier, you know that you felt
that my baby is going to go through all of this and you don’t understand
what we have been told. You know, it’s just really difficult to explain. It

was our thing.” Sophie, 90

“It is hard but like [pause] | feel like because me and [partner] know what
we have actually been through. Although your family go through it with
you like, but being the parents is a different ball game.” Claire, 654

Linda reflected on the impact of culture as a barrier for relying on her family.
She spoke of worries, blame and judgements. As a result, she decided to only
share the news within her household. For Linda this highlighted the importance

of access to additional emotional support from psychological services.

“When | told my mum obviously she knew about the IVF so her first
question was is this because of the IVF? And so that kind of question
shouldn’t come through, that’s why we don’t want to share with anyone.
Rather speak with the psychologist. Would be easier because they won’t

be sort of judging you.” Linda, 577

The mothers’ sense of isolation was compounded by perceiving a lack of sought
for support; that they were expected to ‘do it themselves’. This was a common
theme during the mothers’ time in the labour ward. All mothers highlighted a
sense of isolation, of not belonging and therefore not worthy to access care and
support. While some experienced anger and frustration as a response, others
were accepting that there was no specialist care for them and that as mothers

and patients they were an ‘afterthought’.
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“You were getting no help whatsoever [...] there was no urgency to help
me to get down to [the baby] you know. | actually felt a wee bit
inconvenient like we were an inconvenience in there. But | can
understand why. They are there to help the mum’s with babies, they are

not there to help me.” Emma, 488

“Some of the midwives were really great in helping and others were like

well you just need to do it yourself” Jen, 344

In addition, the physical environment of the labour ward added to the sense of

isolation. All mothers described being in the same room as other mothers with

their babies and claimed that it was one of the hardest parts of their

experience.
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“That was probably the worst about it, | was in a room with another girl
who had her baby [...] she just moaned at her baby all the time [...] like |
was sitting there without my baby and | was like [sigh] shut up. Like
seriously, | was getting really, that was what was frustrating, it was like |

would do anything to have my baby here.” Claire, 299



Discussion

This study utilised IPA to explore the experiences of five mothers with an infant
who received an antenatal diagnosis of CHD. One superordinate theme was
developed to encompass mothers’ narratives: ‘A battle on multiple fronts’. 5
subthemes were developed to illustrate the mothers’ experiences in more depth
in relation to the trauma of the battle, the fight for survival and family-centred,

and the experience of allies within a lonely battle.

The mothers’ narratives described a journey from expectant joy into an
unexpected battle against the heart condition. Although the proceeding journey
was expected to be challenging, the mothers described feeling unable to
prepare due to high levels of uncertainty and uncontrollability. The emotional
intensity mothers expressed throughout the interviews evoked a sense of the
lasting trauma. Mothers described a range of psychological symptoms during the
experience including being on-edge and flashbacks, consistent with a post-
traumatic stress response. The mothers’ experiences within the study are
consistent with previous research completed by Franich-Ray and colleagues
(2013) who found that one-third of mothers experienced trauma symptoms
consistent with a diagnosis of acute stress disorder including symptoms of

arousal, dissociation and re-experiencing.

As mothers were unable to ‘flee’ from this battle, they described their ‘fight’
response to threats that presented. These were heightened by the mother’s
unique role and instinct to protect their infant by advocating for the best
possible, family-centred care. The mother’s unique role appeared to be
associated with a feeling of isolation, despite support from family or clinicians,
due to a lack of shared experience with mothers. The surrounding services were
positioned either to represent allies providing support to mitigate the mother’s
sense of threat and distress, or were positioned to compound their difficulties,
representing additional, unnecessary fights that increased distress and isolation.

An example of a mitigating ally included HCPs being perceived as ‘on the same
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side’ as the mothers. NICU nurses in particular appeared to facilitate a sense of
togetherness and empowerment. In contrast, not feeling heard or involved in
their infants’ care, feeling as an ‘afterthought’ without specific care for
themselves, and environmental factors such as the labour ward were found to
compound the struggle. Similar themes have been found in previous research
including challenges with navigating the medical world and dealing with the
unknown (Harvey et al., 2013). In addition, Bruce and colleagues research (2014)
highlighted the importance of support that was adjusted to the mothers’ needs

and desires.

All mothers in this research received an antenatal diagnosis. Their experiences
highlighted increased levels of uncertainty and anxiety during the diagnosis
phase while waiting on test results. Living with uncertainty without reassurance
from medical staff for this period of time stood out as particularly challenging
and isolating. Although previous research findings have been inconsistent with
regards to a difference in impact between antenatal and postnatal diagnosis
(Kolaitis et al., 2017), this finding may highlight a difference for some mothers
who receive a diagnosis postnatally as some will have the additional support

from neonatal staff due to the admission of their infant after birth.

Implications for Services

Services either represented an ally during the mothers’ experiences and
facilitated coping or compounded the mothers’ struggles. The study highlights
the importance of communicating a message of solidarity with the mothers,
emphasising how they are all on the same side to help the infant fight for
survival against the condition, but also to communicate they are also there to
provide direct support for the mother, respecting her unique role in the infant’s
care. It may be helpful for services to consider the implementation of the
framework for trauma-informed care (NHS Education for Scotland, 2017),

particularly as the mothers are likely to be experiencing ongoing trauma from
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the journey of diagnosis to discharge. The framework focuses on implementing
key principles including choice, collaboration, trust, empowerment and safety;
all of which echoed facilitators for coping described by the mothers in this
study. Practical changes may include ensuring that mothers are given
opportunities for appropriate involvement in their infant’s care, increased
preparation for transition to ward based care, and better links and
communication between the labour ward and NICU. Small changes to the
environment may make a substantial difference in mitigating levels of distress
and isolation such as, when possible, reducing the need to share a room with

mothers who are caring for their babies in the labour ward.

Limitations

Findings are based on the reflections of five mothers who agreed to be
interviewed. The study therefore represents the experiences of this group of
mothers and caution should be taken in respect to the transferability. The study
has attempted to provide a detailed description of recruitment, data collection,
analysis and the study context in order to enable others to judge the
transferability of the findings. Although efforts were made to recruit a
homogenous sample, the mothers different in aspects such as CHD diagnosis,
length of time before first surgery, and whether they were a first-time mother

or not which are likely to have influenced their experiences.

IPA involves adopting a double hermeneutic stance in which the development of
themes requires the researcher to play an active role in the interpretation of the
participants’ own expressed interpretations. In choosing to highlight and
elaborate upon certain recurrent themes, it is acknowledged that some nuances
may inherently be lost through this process in the pursuit of synthesising the
experiences across the whole sample of mothers. As such, the metaphor of a

“pbattle”, chosen to convey an important overarching theme, has limitations in
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capturing nuances in the complexity of these participants’ experiences as a

whole.

Future Research

The study highlighted several differences that would be beneficial to research in
more depth. This includes the impact of culture on the perceived and accessible
support for mothers and the ways healthcare could tailor their approaches to
mitigate any increased distress. As previously stated, the approaches and
systems within NICU appeared to facilitate a sense of togetherness and
empowerment for this group of mothers. A more in-depth understanding of this
would be helpful to inform service improvements in other wards and
departments. In addition, further research into nurses’ experiences of
supporting mothers and families would increase the understanding of this
dynamic. Finally, this study eluded to the benefits of shared experience for this
group of mothers. Research into the potential options and benefits for methods
of shared experience such as mentoring, support groups and use of social media

or technology may therefore be helpful.

Conclusion

The findings demonstrate the inherent fight that mothers experience following
an antenatal diagnosis of CHD for their infant. Throughout this fight, mothers
describe a range of factors that can either exacerbate or mitigate the sense of
threat and conflict. The findings underscore the value of systems creating a
sense of support and togetherness rather inadvertently creating additional
stressors in the mother’s battle.
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Appendix 1.1: Manuscript Of Submission Guidelines For Journal Of Cardiology

In The Young

CARDIOLOGY IN THE YOUNG
Subrmiszon to Candiology m the Young o exclusvely via the web-based peer-review systwem, CTY
Manuscript Central

Orline submission enables rapid revsew and allows online manuscript tracking.
Please use the following URL: hito¥fmc. manuscnptcentral comdcty

Clinical Trials

s a condition of consideration for publication, registratron of clinical tnais in & public trials registry =
reguired. A clinical frigl is defined by the International Committee of Medical Journal Editors (in
asccordance with the definition of the World Health Organisation) as any research project that
prospectively assigns human participants or groups of humans to one or more health- related
interventions to evsluate the effects on health outcomes. Trials must be registered before the start of
patient enrolment. The registry must be accessibie to the public at no charge. it must be open to all
prospective registrants and managed by a not-for-profit organization. There must be a mechanism to
ensure the vahdrty of the registraton dats, and the registry should be electronically searchabie. An
acceptable registry must include at minimum & unigue trial number, tnal registration date, secondary
idertficaton irformmation 1f assigned by sponsars or others, funding source(s), pnmary and secondary
sponsors), responsible contact person, research contact person, official scientific title of the study,
reseanch ethics reweaw, the medical condition being studied, intervention(z), key inclusion and excluson
criteria, study type, anticipated trial start date, target sample size, recruitment status, pnmary outcome,
and key secondary outcomes. Registration nformation must be prowided at the ttme of submizsion.
Trial registry name, registration identification number, and the URL for the registry should be
included at the end of the abstract.

Manuscripts reparting the results of randomized controfied trials should include a ZCONSORT™ flow
dizgram to illustrate the progress of ail patients in the study (S5ee: Schulz KF, Altman [, for the
CONSORT Group. The CONSORT statement: rewised recommendations for improving the guality of
reports of paraliel-group randomized trials. JAMA. 2007 Z85(15-1987-1991 ) The flow diagram
should be uploaded as a separate file to the manuscnpt.

Editorial Policies

Cardicdogy in the Young i= devoted to cardiovascular ssues affecting the young and the older
patent with the seguels of cardiac disease acquired in childhood. Submission of both basic
research and clinical papers & encouraged. Artickes on fundamemtal principles will also be
considered for publication. Reviews on recent developments are welcome. The Jourmal serves the
interest of all professionals concemed with these topics. By design, the loumnal 5 international and
multidisciplinary in s approach, and the members of the Edional Board take an active role in the
Jaurnzl's mussion. Prospective authors are encouraged to consult wrth the edtors and members of
the Editorial Board with any enguines. The editors encourage the submssen of articdes from
developing countries.

Articles shoulid be concermed with ornginal research not published previously and not being
considered for publication elsewhere. Submssion of a manuscript 1o the Journal gives the publisher
the right to publish that paper if it is accepted, and the copyright of the manuscnpt becomes
praperty of the publisher. Manuscripts may be edited o improve clarity and expression.
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dasthors mest ensure that ther studes comply with @ppropriate instiutional 0 national guidelines
for ethescal matters. Specifically, h[anﬂamﬁlﬂmnrth
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govETNMental ajenoes.
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naguested to dentdy possible conflices of interest, espedally i they relate 1o commercial sponsorshig
o equity holdings.
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dbbrewiations sre mot afowed n the fext except for the followsng oaly SNYHA, CHD, MR, CT,
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Language
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authiors whiose natwe language is mot English.

Cambridge recommends that authors hawe thesr manuesorpts checked by an English anguage
natse speaver before submission; this will ensure that submissions are jusged &t peer revew
enclusively on arsdemic mernt We list 2 numbar of third-party services spedalising in
language editng and or translation, and swjgest that swthors contact as approprate. Lse of
mrﬂ#mm:m.l lﬂdﬂﬂtﬂﬁlnﬂnm

mm&;mwhm:mmgw
and must include @ compiete set of Figures. Further information regarding B
ontlines below

by those workers who have contributed matenaly ta the
weork. @nd its report, and who aocept the respensibilizy for the abcwany of the concepis espressed
Cplleague: who hawe otherssse assisted or collaborated showdd be recognized w the section for
mw.hmmgmmam & given by the tyle Manual Committee of
the of Biology Editors, and the editors encourage consultation with this source.
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Jgaarmal ws=es the Englist anguage and as such does mot use Latn terms such a5 © hqﬂlrtm
cave'. Angtormic terms should pe given m the Englsh language. Headlines and

be liberaly errployed in the methods. results, and dscussion sectens annnm
whenever possicie. The authors showsd strive for clarity of expeession, awoiding, in particutar, the
use of jargon. Authors should also avosd conwentions such &5 Group 1, Group 2, and so on, Lng
escriptive tities rather than eiphanumeric codes. Authors should e the sefinma’~definte article

1. Author guaifications ifor axampies MO} must met be moivded on the authors 1 on the
title page, excap? in the addsess for correspongence.

2. include the first names of the authors, followed by the mbals of ary middie names, ang
fimally, the famiy namsa.

H.ir:‘h:hﬂnm adgressies) for the authors, to nclude the department, mstitute, oty
oountry.

l.hhﬁnﬂwﬁimm‘ﬁhhﬂlmmmmm
gddress of the author in gueestion
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Tithe Page {see irstructions o page 2)

Abwract

Keywords (3-61

Headings;  Introdection, Materials and  methods, Reswis, Disoession,
Acknowiledgements, Financial Support, Confiicts of interest, Ethazal Standands,
References, Tables, Figure legends and Figures

Abbreviations

Abbraviation: are nat allowed in the text except for the foliowing only: NYHA, CHD, ME
CT, ¥U and umits of measure such as mmidg o kg, are glowed. However, any ahbreviations
can be wsed on tables @nd figures.

oo oo

Abstract
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refevant methods and results justifying publication. Dio not wse abbressations or spmibols.

Introduction
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Materials and Methods
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Results
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Discussion
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interpret the sesults, showid descibe the relewance of the resufts, and should mcolude &
discussion of the limstations of the study. Do not ndude 5 generz| review of the topic.
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arganizations that prowided adwsoe andfor support (non-finandal). Formal financal support
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Finandial Support
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Conflicts of interest
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Figures
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ihll:r-llu *5° {e.g. Supplementary Table 51, El.qxrbn-hh@ Figure 51). Supplemantary files will not
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Reprints
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Permission
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Open Access
Cardwology in the Young offers authors e opton to puidish thesr work under a Gold
{hml.mmmbl Fﬂdﬂﬂmnﬁqaﬂlpﬂ:h‘g.phﬂm
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Appendix 1.2: Example Of Full Search Strategy In Medline
Source: Ovid Medline (R) and In-Process & Other Non-Indexed Citations (1946 to
September 10, 2019

Interface: Ovid - access through The University of Glasgow
Search date: 11 September 2019
Search strategy:

1 exp Heart Defects, Congenital/ 146483
2 ("congenital heart” or "heart defect* or "heart disease*" or 176602
"heart syndrome” or "congenital abnormalities” or

“cardiovascular abnormalities”).tw.

3 ("heart" or "cardiac”).tw. 1108441
4 ("disorder*” or "abnormalit*" or "defect” or "disease”).tw. 4010342
5 3and 4 354259
6 lor2orb 479158
7 exp "Continuity of Patient Care"/ or exp Transition to Adult 231368
Care/ or exp Patient Transfer/
8 ("transition*" or "transition care* or "patient handoff" or 1544057
"patient hand-off" or "transfer* or “retention” or "continuity™”
or "'move*" or "moving” or "hand-over”).tw.
9 7o0r8 1747886
10 exp Qualitative Research/ 48175
11 ("qualitative” or "experience*" or "interview" or "explor*" or 2161853
"perspective* or "theme*").tw.
12 10 or 11 2166906
13 6 and 9 and 12 2653
14 Limit 13 to yr=“2001-Current” 2148

71



Appendix 1.3: Data Extraction Tool
Data Extraction Form

General Information

First author: Last author:
Journal: Year of Publication:
Country:

Study Population

Diagnosis and sample size:

Age of participants:

Age range: not reported [ ]
Mean: not reported [ ]
Median: not reported [_]
Ethnicity:
Methodology

Research aim:

Study design: Qualitative design:

Mixed methods design [ ]

Data collection:

Focus: On transition exclusively [ ]

On both transfer and transition [_]

Transition process:

Analysis:

Summary of relevant findings (including themes and quotes)
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Appendix 1.4: Process Of Thematic Synthesis

Thomas & Harden (2008)
stages

Description

STAGE 1: Free line-by-line
coding of the findings of

primary studies

STAGE 2: Organisation of
‘free codes’ into related
areas to construct

‘descriptive’ themes

STAGE 3: Development of

‘analytical’ themes

Enter the verbatim findings of studies into
database

Code each line of text according to its meaning
and content

Codes structured as ‘free’ codes without a
hierarchical structure

Examine text with the same code to check
consistency

Look for similarities and differences between
codes to begin grouping into a hierarchical tree
structure

Create new codes to capture meaning of groups

of ‘free codes’

Use descriptive themes that emerged to explore
research aim and questions

Create analytical themes that capture the
descriptive themes in the context of questions
e.g. considering the implications for

intervention development
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Appendix 1.7: Quality Appraisal Framework - JBI Critical Appraisal Checklist

For Qualitative Research

JBI Critical Appraisal Checklist for Qualitative Research

Reviewer___ Date__ ____ ___
Author Year Record Number__
Yes Mo  Unclear Mot
applicable
1. Is there congruity between the stated philosophical
perspective and the research methodology? D D D D
2. Is there congruity between the research methodology D D D G
and the research gquestion or objectives?
3. Is there congruity between the research methodology
and the methods used to collect data? D D D D
4. Is there congruity between the research methodology
and the representation and analysis of data? D D D D
5. Is there congruity between the research methodology
and the interpretation of results? D D D D
€. Is there a statement locating the researcher culturally
or theoretically? L] L] L] [
7. s the influence of the researcher on the research, and
vice- versa, addressed? D D D D
8. Are participants, and their wvoices, adeguately
represented? D D D EI
9. Is the research ethical according to current criteria or,
for recent studies, and is there evidence of ethical [ ] [ ] -
approval by an appropriate body?
10. Do the conclusions drawn in the research report flow
from the analysis, or interpretation, of the data? D D D D
Owerall appraisal: Include EI Exclude D Seek further info D

Comments {Including reason for exclusion)
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Appendix 2.1: Research Ethics Approval
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Appendix 2.2: NHS Research And Development Approval
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Appendix 2.3: Participant Information Sheets

Version 3, November 2018

University NHS
of Glasgow v, el

and Clyde

Participant Information Brief Summary
An exploration of the experiences of mothers of infants with congenital heart disease who have

undergone surgery in the first year of life
We are carrying out a study to explore what it is like to receive a diagnosis before birth of
Congenital Heart Disease (CHD) for your infant and what it is like when your infant undergoes
cardiac surgery within their first year of life. We hope the findings from the study might help to
improve the experiences of other families in the future.

What would happen if | took part in the research?
Participation would involve a 60-minute interview with Evelyn Marscheider, Trainee Clinical
Psychologist. It would involve discussing your experiences of having a child who received a
diagnosis of CHD before birth. We would like to hear about your experiences throughout your
child’s health care experience, for example following diagnosis, prior and during surgery, and
admission to the Paediatric Intensive Care Unit. The interviews will be voice recorded, however the
information that you share will be anonymised.
Do | have to take part?

No — your participation is voluntary and deciding not to take part will not affect the care you or your
child receives in any way. You can withdraw from the study at any point without giving a reason

with your and your child’s care unaffected.

What to do if | am interested in taking part in the research?
If you might like to take part in the study, please speak to a Cardiac Liaison Nurse who can provide
you with additional information. They will provide you with the full Participant Information Sheet
which contains a detailed description of the study and what is involved. You would be asked to fill
in a participant response form, providing contact preferences and details. Following this Evelyn, the
researcher, will contact you to provide further information, answer any questions you might have,
and arrange a suitable date and time for the interview.

Thank you for taking the time to read this information summary leaflet.
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Version 8, April 2019

University NHS
Qf GlangW Greater Gfgw

and Clyde

Participant Information Sheet — Full Version

An exploration of the experiences of mothers of infants with congenital heart disease who

have undergone surgery in the first year of life

This research project is looking at mothers’ experiences of having a child with Congenital
Heart Disease (CHD). This information sheet contains the full details of the research study
for you to read before you consider whether you would like to take part. Thank you for

taking the time to read this information.

Who is carrying out the research?

Evelyn Marscheider, (Trainee Clinical Psychologist) from the University of Glasgow is
carrying out the study as part of her qualification for the Doctorate in Clinical Psychology.
The project is supervised by Dr Naomi White, University of Glasgow, Institute of Health &
Wellbeing, Dr Susan Cassidy, NHS Greater Glasgow & Clyde, and Dr Ruth Pegler, NHS
Greater Glasgow & Clyde.

Why is this study being carried out?

We are interested in hearing about mothers’ experiences whose infant received a
diagnosis before birth of CHD and undergone cardiac surgery within the first year of life.
There has been very little research carried out in the UK on this topic. Your experiences
may help the hospital to gain a more in-depth understanding of the impact of receiving an
antenatal diagnosis of CHD and subsequent health care experiences and may help to

improve the services they provide to families.

Why am | being invited to take part?

You are being invited to take part because you have an infant who received a diagnosis of
CHD before birth and either has undergone cardiac surgery or is expected to undergo
surgery within the first year of their life. This may mean that you have not yet given birth to

your infant.
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Do I have to take part?
No — your participation is voluntary, and deciding not to take part will not affect the care
you or your child receives in any way. You can withdraw from the study at any point

without giving a reason with your and your child’s care unaffected.

What would happen if | took part in the research?
If you are interested in taking part, please complete a participant response form and pass
this on to a member of the cardiology team. Alternatively, please feel free to contact the

main researcher directly by email (e.marscheider.1@research.gla.ac.uk). The main

researcher will then contact you to answer any questions and arrange an appointment to
carry out the interview at a suitable time at Glasgow’s Royal Hospital for Children. The
researcher is only looking to interview approximately 10 mothers, therefore depending on
how many people offer to take part, you may not be invited for interview however the

researcher will still be in contact to inform you of this.

What will happen in the research interviews?

Prior to the interview, the main researcher will ask you to sign a consent form to say that
you have read and understood the information in this leaflet and that you still wish to take
part in the study. You will also be asked to complete a Family Information Form with the
main researcher which includes details about yourself but also details about your infant’s
diagnosis and surgery. The research interview will last for around 60 minutes. It will
involve discussing your experiences of having a child who received a diagnosis of CHD.
We would like to hear about your experiences throughout your child’s health care
experience, for example following diagnosis, prior and during surgery, and admission to
the Paediatric Intensive Care Unit. You will be asked some specific questions but the
researcher would like to hear about the parts of your experience that are important to you.

The interviews will be voice recorded and transcribed.

Who will know | am taking part?

The clinicians working with you and your child may know that you are taking part in this
study. However, the information that you share during the interviews will be kept
confidential and will be anonymised. Confidentiality would only be broken if it was
believed that you or someone else was at risk of harm. In this situation, the main

researcher will inform you of the appropriate people that would need to be informed.
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What will happen to the information | provide?

All study data will be held in accordance with The General Data Protection Regulation
(2018) and the Data Protection Act (2018). The voice recording device used will be kept
securely at the Royal Hospital for Children or Glasgow University. It will only be accessible
to the researchers of this study and the study sponsor, NHS Greater Glasgow and Clyde,
if they wish to audit the study. The transcription will be retained until the study is
completed, when it will be deleted from the device. The transcript will be stored on a
password protected laptop, with the data backed up on a secure network. The results of
this study will be written up as a report and submitted as part of the researcher’s
Doctorate in Clinical Psychology. It will be saved electronically by the University of
Glasgow and accessible to future students. The results will be presented to the
Cardiology department and it is hoped that the results will be submitted for publication in a
scientific journal and presented at conferences. There will be an opportunity for you to be
notified of the study findings if this is your preference. It is possible that information that
you share about your experiences will be quoted within the report. However, any
identifiable information will be removed. Following completion of the study, anonymised
research data will be stored at the University of Glasgow site at Gartnaval Royal Hospital.
Audio recordings will be deleted on completion of the study and will not be stored long

term.

Are there any benefits to taking part?

There are no direct benefits to you in taking part in this study. However, the information
that we learn from the study will help to improve the understanding of your experiences. In
turn, it is hoped that services can be improved in order to provide the best support for
people. In addition, it may be helpful to have an opportunity to talk about the experiences

that you have been through.

Are there any downsides to taking part?

The interview may bring up thoughts, feelings or memories that are upsetting for you. At
any time, you can have a break or end the interview. If you feel upset after the interview,
the researcher will be available to talk with you. A Clinical Psychologist based at the
hospital would also be available to provide additional support. You will be provided with

information about additional supports that are available.
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Who has reviewed the study?

This study has been reviewed by staff within the University of Glasgow’s Doctorate in
Clinical Psychology team. It will also be reviewed by an NHS Research Ethics Committee
and the NHS GG&C Research and Development Department.

What do I do if there is a problem?
If you are unhappy about any aspect of the study, then please speak to the main
researcher who will do their best to address your concerns. If this is not satisfactory for

you, you are able to complain formally through the NHS complaint system.

Any further questions?
If you have any questions please do not hesitate to contact the main researcher

(e.marscheider.1@research.gla.ac.uk) or Dr Naomi White who is supervising this

research (naomi.white@glasgow.ac.uk). You may also contact Prof Tom McMillan

(thomas.mcmillan@glasgow.ac.uk), a professor at the University of Glasgow who is

independent of the research.

Thank you for taking the time to read this information sheet.
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Appendix 2.4: Participant Consent Forms

Version 4, November 2018

University NHS

of Glasgow owr, el

and Clyde

Participant Response Sheet
An exploration of the experiences of mothers of infants with congenital heart disease who

have undergone surgery in the first year of life

If you have read the Participant Information Form (full version) for the research study and
are interested in being contacted to take part, or to discuss the study further, then please
complete a few details and pass this onto a member of the Cardiology Team or contact

me directly.

Your name:

Your child’s name:
Email address:

Telephone number:
If you wish to be contacted by telephone, is it ok to leave a voice message if you are not

available to take the call? (Please circle): Yes No

If you are consenting for further contact about this study after your child’s surgery please
include the estimated date of your child’s surgery below:
Thank you for taking the time to read the information leaflet and considering taking part in

this research study.
| look forward to speaking with you soon.

Yours sincerely,

Evelyn Marscheider
Trainee Clinical Psychologist
e.marscheider.1@research.gla.ac.uk
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Version 7, April 2019

University NHS

of Glasgow o et

and Clyde

Participant Consent Form

Title of project: An exploration of the experiences of mothers of infants with congenital
heart disease who have undergone surgery in the first year of life

Name of researcher: Evelyn Marscheider, Trainee Clinical Psychologist

Please initial each box if you agree with the statement:
| have read and understand the information sheet — full version (v8, 10/04/19) for the

above study. | have had time to think about the information given to me. | have had

the opportunity to get satisfactory answers to any questions that | may have had.

| understand that my participation is voluntary. | am free to withdraw from this study at

any time, without giving a reason and without my child’s medical care or legal right

being affected.

| understand that this interview will be audio recorded but that any information that

could identify me will be removed from the transcripts of this recording and the data
will be collected and stored in accordance with Data Protection policies and

regulations.

| understand that some quotations from the interview may be used in the write up and
future publications of the study, but that there will be no way of identifying me from

these quotations.

| understand that some of the data collected during the study may be looked at by
Clinical Psychologists supervising the project (Dr Susan Cassidy, Dr Ruth Pegler and

Dr Naomi White).

| understand that some of the data collected during the study may be looked at by the
study sponsor (NHS Greater Glasgow and Clyde) for purposes of audit only.

| agree to take part in the above study.

Your name Date Signature

Researcher Date Signature
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Appendix 2.5: Family Information Form
Version 4, October 2018

University NHS

of Glasgow owr, el

and Clyde

Family Information Form

An exploration of the experiences of mothers of infants with congenital heart disease who
have undergone surgery in the first year of life
Research Pseudonym:

Mother

Age:

Number of children:

Employment:

Town/City of residence:

Relationship status:

To be completed by researcher

Infant

Age:

Date of operation:

Diagnosis:

In-patient/out-patient:

Length of hospitalisation:

Length of time in ICU:

Length of time on ward:

Length of time since discharge:
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Appendix 2.6: Semi-Structured Interview Schedule
Version 4, October 2018

University NHS

of Glasgow owr, el

and Clyde

Interview Schedule
An exploration of the experiences of mothers of infants with congenital heart disease who

have undergone surgery in the first year of life

Introduction

¢ Introduce self and my role as researcher/trainee clinical psychologist.

e Thank participant for agreeing to take part in the study.

e Remind participant about confidentiality and its limits, as well as data anonymity.

¢ Remind participant that they can stop for a break at any point in the interview if they
need to do so, and that they can withdraw from participation at any point without any
impact on the service or care they or their child receives.

e Discuss how | will ask some specific questions to help guide the interview but that |
am interested in hearing about their experience from their point of view.

o Check consent and get participant to sign written consent form.

Interview questions:
Time of diagnosis
e Can you tell me about when you first heard that there might be a problem with [infant’s

name]’s heart?

Treatment plan

e What was your understanding of the type of treatment [infant’'s name] would need?

Before surgery

¢ Can you tell me about how the lead up to surgery was?

During surgery

¢ How did you feel while [infant’s name] was in surgery?
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After surgery

e What was [infant’'s name]’s recovery period like after surgery?

Future
e Looking back over your experiences what would you say has been the most difficult
part(s)?

e Looking forward, what are you most focused on?

Support
e Can you tell me a bit about what kind of support you received within the hospital?
e How did the level of support that you received compare to your expectations?

e Is there anything that the staff could have done differently for you?

Final questions

¢ What advice would you give parents whose child has just been diagnosed with CHD
or are going through the same experience you have?

¢ Is there anything | haven’t asked you about that you think is important that | should

know about your experience?

Examples of general prompts that will be used throughout the interview:
e “Can you tell me a bit more about that?”

e “What was that like for you?”

e “How did it make you feel?”

e “Could you give me an example of that?”

e “What do you mean by...?”

o “What did you think about that?”
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Abstract

Background

The term “congenital heart disease’ (CHD) refers to abnormalities of the heart that are
present from birth, and typically require timely medical intervention. The unique stressors
faced by parents whose children have CHD can cause increased psychological distress,
especially for mothers. Ongoing stress and mental health difficulties may impact parental
quality of life and their capacity for optimal parenting. More research is needed into the
lived experiences of mothers whose infants are diagnosed with CHD and undergo surgery
to help understand their experiences and target interventions appropriately. In particular,

there is limited research exploring mothers’ experiences following an antenatal diagnosis.

Aims

This study aims to explore the lived experiences of mothers whose infants were given an

antenatal diagnosis of CHD, and who had undergone surgery within the first year of life.

Methods

Approximately 10 mothers will be recruited through purposive sampling. Their lived
experiences will be explored through semi-structured interviews. The interviews will be
transcribed and analysed using Interpretative Phenomenological Analysis to explore

emerging themes.

Applications

The findings may enhance our clinical understanding of the mothers’ experiences. The in-
depth information collected may also inform service development to provide insight into
potential service improvements that may help to manage increased psychological

distress.

Introduction
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Congenital Heart Disease

The term “congenital heart disease’ (CHD) refers to abnormalities of the heart that are
present from birth and typically require medical intervention soon after birth and follow-up
care for life. Cardiac conditions comprise the greatest proportion of all birth defects, are a
major cause of foetal and infant mortality, and are the most common group of structural
malformations in children (Lissauer & Clayden, 2011). Recent advances in treatment and
survival of infants has led to the transformation of CHD from a terminal to a chronic
condition. With increased numbers of children living with CHD there has been a shift in
focus from survivorship to improving psychological outcomes and quality of life for children

with CHD and their parents.

Experiences of Parents

Having a child with CHD can provide parents with unique challenges and stressors.
Compared to parents of healthy children and with other conditions, those whose children
had CHD reported greater levels of psychological symptoms including anxiety and
depression (Lawoko & Soares, 2002b) as well as anger and hopelessness (Jackson et al.,
2015). Such psychological symptoms and distress have been shown to impact on parents
throughout the continuum of their child’s health care experience (Soulvie et al., 2012),
with incidents of parents experiencing trauma symptoms consistent with an acute stress
disorder (Candice Franich-Ray et al., 2013). Parental stress has been found to be
significantly higher when their child underwent cardiac surgery during the first year of life
than compared to all other ages up to the age of 16 years (Franck et al., 2010). Increased
parental stress during their child’s hospitalisation has been associated with poorer
psychological outcomes for the child following discharge (Anne E. Kazak et al., 2006). In
addition, continued parental stress and mental health difficulties may impact parental

quality of life and their capacity for optimal parenting and responsiveness.
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Experiences of Mothers

Recent studies have indicated gender differences between the experiences of mothers
and fathers (Jackson et al., 2015). Fathers have been found to focus more on containing
emotions and focusing on practical tasks (Gower et al., 2017), and experiencing the need
to protect their wife as well as their child (Wei et al., 2016). In addition, mothers have been
reported to experience a higher level of stress than fathers at time of diagnosis

(Bevilacqua et al., 2013a) and prior to their child’s heart surgery (E M Utens et al., 2000).

A number of qualitative studies have developed our understanding of mothers’
experiences (Bruce et al.,, 2014; Harvey et al., 2013; S.-F. Lan, Mu, & Hsieh, 2007;
Sabzevari et al.,, 2016). These studies include mothers of children with various CHD
diagnoses and at different time points in their child’s health care experience. Despite
varied focuses, common themes emerge from these studies including reports of feeling a
range of intense fluctuating emotions, difficulties with uncertainty and the unknown,
difficulties with navigating the medical world, trying to mother through it all, and the
importance of support throughout. Critical time points of a mother’s experience include
time of diagnosis, handing their child over to the surgical team, during surgery, and

visiting their child in the paediatric intensive care unit after surgery (Wei et al., 2016).

There are currently very few published studies that explore the experiences of mothers
during the course of their infant’s antenatal diagnosis of CHD and subsequent surgery
and hospital admission. Few studies of this nature have been completed with a British
population, and the author is not aware of any published studies to date based in
Scotland. It is hoped that the rich information gathered from this research will enhance our
understanding of the experiences of this group of mothers. In addition, a recent qualitative
study, with 154 parents, identified that during their infant’s (0-3 months) hospitalisation for

cardiac surgery, parents reported the need for increased quantity and quality of
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information and emotional support from hospital staff (Kosta et al., 2015). Therefore, by
gathering greater detail into mothers’ experiences, the study also hopes to provide insight
into potential service improvements that may help to manage increased psychological

distress.

Aims

This study aims to explore the lived experiences of mothers whose infants were given an
antenatal diagnosis of Chronic Heart Disease, and who have undergone surgery within

the first year of life at Glasgow’s Royal Hospital for Children.

Plan of Investigation

Design

The study aims to use a retrospective, qualitative design asking participants to discuss
recent but previous surgery and admission to Paediatric Intensive Care Unit (PICU), as
well as their diagnosis experience. Semi-structured interviews will be conducted with
mothers. Interpretative Phenomenological Analysis (IPA; Smith, Flowers & Larkin, 2009)
will be employed to analyse the interview transcripts. Given the exploratory nature of this
study, IPA was considered to be the most appropriate methodology. IPA allows for a rich,
detailed and flexible exploration of an individuals lived experiences and how they make
sense of the experience within their wider context (J A Smith, Flowers, & Larkin, 2009). It
will therefore allow for unexpected themes to emerge to offer a voice to those immersed in

the phenomenon in question.

Participants

The study will aim to recruit 10 mothers whose infant had undergone cardiac surgery prior
to 1 year of age at Glasgow’s Royal Hospital for Children. Purposive sampling will be used
to recruit as mothers will be selected according to specific criteria.
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Inclusion and Exclusion Criteria

A main inclusion criterion for this study is the presence of an antenatal diagnosis of CHD.
As reported in a review article by (Kolaitis, Meentken, & Utens, 2017a), research findings
have been inconsistent with regards to a difference in impact between antenatal and
postnatal diagnosis. However, it is agreed that each group of mothers will go through
different trajectories based on when a diagnosis was received. Therefore, in order to
obtain a homogeneous sample required by IPA, only mothers who received an antenatal
diagnosis will be included in this study. Other inclusion criteria will include:

e Mothers with an infant less than 1 year old

e Their infant has undergone at least one surgical procedure due to a major heart

defect at Glasgow’s Royal Hospital for Children

e The mother is able to communicate their experiences verbally in English
After mothers have completed a response form indicating their interest in completing the
study and prior to the researcher approaching them with further information about the
study, liaison between the researcher, Cardiac Liaison Nurses, Cardiologists, and
Intensivists working with the family will be completed. No identifiable information other
than the name of the mother will be exchanged during this consultation. The clinical team
will inform the researcher whether or not they feel it is appropriate for the mother to be
approach. This will be a simple yes or no. Potential exclusion criteria will include if the

infant has a very poor short term prognosis.

Recruitment Procedures

Potential participants will be identified by the clinical team working within the cardiology
department at Glasgow’s Royal Hospital for Children. An estimated 20 cardiac surgeries
are completed per month, with approximately 5 surgeries that would fit the research
criteria. A clinician working with the family will initially provide the mother with a participant
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information leaflet outlining the purpose of the study and what would happen if they
agreed to participate. The leaflet will also include information about confidentiality and the
voluntary nature of the study (appendix 4). This will occur either at an antenatal or
postnatal stage during a routine clinic or follow up phone call with a Cardiac Liaison
Nurse. During clinics the mothers can receive a lot of information therefore it was
considered appropriate to receive a shortened version of the participant information sheet
initially. Mothers who indicate interest in participating will be given or sent out the full
participant information sheet (appendix 5) and asked to complete a response form
(appendix 6). The mothers will then be contacted by the main researcher to discuss the
study further. The researcher will only contact the mothers following liaison with a clinician
working with the family. This is to facilitate discussions regarding whether it would be
appropriate for the mother to be included in the study. The decision will consider factors
such as the outcome of the surgery, the child’'s health, and the child’s prognosis.

Participants will be recruited until the required number of participants has been met.

Research Procedures

Following initial contact with mothers, the researcher will arrange to meet with the mothers
individually to conduct the interviews. Semi-structured interviews will be used to explore
the participants’ experiences, allowing for flexibility of discussions. Written consent will be
gained prior to the start of interviews (appendix 7). Participants will also be asked to fill in
a demographics form (appendix 8) which will collect basic information regarding the
mother and the infant such as age, length of time in ICU, and whether the infant has been
discharged from hospital. The interview schedule will be informed by previous research
and through consultation with the Cardiology Team at Glasgow’s Royal Hospital for

Children (appendix 9). The interview will be conducted flexibly following the mothers’
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individual narrative, allowing the mothers to develop their own ideas of their experiences.
All participants will be asked the same descriptive question at the beginning of the
interview, building to questions that are more sensitive in nature. The interview schedule
will be piloted on the first three interviews and revisions made if necessary (pilot
interviews will be included in the analysis). Due to the potentially distressing nature of the
topics, time will be taken to develop a rapport with participants before discussing the

potentially challenging topics. The interviews will be recorded and transcribed.

Data Analysis
The transcripts will be analysed in line with IPA methodology (J A Smith et al., 2009).

Each transcript will be read on multiple occasions before highlighting and making
comments on interesting or significant points. Emergent themes from each interview will
then be noted and analysed together before master themes are generated. Approximately
three transcripts will be independently analysed by a second researcher, supervising the
research, to support that emerging themes adequately captured participants’ experiences.
A reflective journal will be kept by the main researcher containing perceptions of the data
to facilitate the identification and minimisation of bias, to help enrich the developing

analysis, and to aid transparency.

Justification of sample size

Studies implementing an IPA approach benefit from an in-depth focus on a small number
of participants (J A Smith et al., 2009). The aim will be to recruit 10 mothers. In a recent
systematic review of the familial impact of CHD, including qualitative research, studies
were excluded if they had a sample size of less than 10 (Jackson et al., 2015). Although
the authors did not provide a justification for this exclusion criterion, it is hoped that this

research will be used to add to the current literature therefore will aim to meet this
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criterion. A sample size of 10 mothers and thus 10 interviews is consistent with Smith et

al (2009) recommendation for a professional doctorate.

Settings and Equipment

Interviews will be completed within a private clinic space at the Royal Hospital for
Children, Glasgow. This will ensure it is a familiar environment for the participants. An

audio recorder will be used to record interviews and a laptop for transcription.

Health and Safety Issues

Research Safety Issues

Interviews will be conducted between normal working hours within the hospital. The
researcher will ensure that the field supervisor or another member of the team is

contactable during interviews.

Participant Safety Issues

The study will comply with data handling and protection policies in line with the General
Data Protection Regulation (2018) and with local NHS policies. Consent and demographic
information will be collected using paper documents. During the data collection phase of
the study, these questionnaires will be stored at the Royal Hospital for Children in a
secure filing cabinet within the Paediatric Clinical Psychology department. Interviews will
be recorded on an audio recorder. When not in use, the recorder will be stored in a locked
filing cabinet within the Clinical Psychology Department. The voice file will be uploaded to
an encrypted laptop with data being backed-up regularly to secure networks. Participants
will be given a pseudonym and interviews will be transcribed without identifiers. They will
be informed that the interviews will be recorded and all identifiable data will be removed
from the transcripts and stored securely. Data will only be accessible to the researchers of
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this study and the study sponsor, NHS Greater Glasgow and Clyde, if they wish to audit
the study. Following completion of the study, anonymised research data will be stored at
the University of Glasgow site at Gartnaval Royal Hospital. It will be deposited with
Enlighten for long-term storage. Audio recordings will be deleted on completion of the

study and will not be stored long term.

It is recognised that participants may find it distressing to discuss their experiences. If this
occurs, time will be taken to manage the distress within and following the interviews by the
researcher who is a trainee psychologist experienced in managing psychological distress
in a professional capacity and is supervised by a qualified Clinical Psychologist. In
addition, an NHS information leaflet for additional support, including the contact details for
the Clinical Psychologist linked to the Cardiology Service, will be given to the participants
(appendix 10). If there are concerns about risk for the participant or another individual, the

researcher will follow local NHS procedures.

Ethical Issues

Ethical approval will be applied for through the Integrated Research Application System
from an NHS Research Ethics Committee and management approval from the NHS
GG&C Research and Development Department. Informed consent will be obtained from
participants prior to the interview ensuring that they understand that they have the right to
stop the interview at any point without this affecting the quality of care their infant
receives. The researcher will inform the participants of the aims of the study at the initial,

informal contact prior to the interviews being arranged.

Financial Issues

The study will require limited funding. Funding will be needed to cover administrative costs

such as stationary and printing which is granted by the University of Glasgow, Institute of
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Health and Well-Being. Equipment needed for the study can be borrowed from the
University of Glasgow. This research will be submitted as part of the main researcher’s
doctorate in clinical psychology. The main researcher is funded by NHS Education for

Scotland.

Dissemination

The research will be formally written up as a submission according to the requirements for
the degree of Doctor of Clinical Psychology (DClinPsy) at the University of Glasgow. The
results will be presented to the Cardiology department and it is hoped that the results will
be submitted for publication in a scientific journal and presented at conferences. All
participants will be given the option of receiving a summary of the results of the research.
Those that opt in will be sent a summary through liaison with the cardiac liaison nurses

after the research has been fully completed.

Proposed Timetable

January 2018: Proposal submission to Glasgow University for approval
June 2018: Apply for ethical approval

August 2018: Recruitment

February 2019: Transcribing and coding data

March 2019: Analysis

April-May 2019: Write up

July 2019: Submit to Glasgow University

Practical Applications

The findings from this study are expected to enhance understanding of the experiences of

this group of mothers. It is hoped that this information will be used to inform clinical
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practice and provide a rationale for further research and clinical intervention. The in-depth
information collected can inform service development, providing insight into potential
service improvements that may help to manage increased psychological distress for this

population.
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Appendix 1: Health and Safety Form

WEST OF SCOTLAND/ UNIVERSITY OF GLASGOW
DOCTORATE IN CLINICAL PSYCHOLOGY

HEALTH AND SAFETY FOR RESEARCHERS

1. Title of Project

An IPA exploration of the experiences of mothers of infants
with congenital heart disease who have undergone surgery.

2. Trainee

3. University Supervisor

Dr Alison Jackson

4. Other Supervisor(s)

5. Local Lead Clinician

Dr Susan Cassidy

6. Participants: (age, group or
sub-group, pre- or post-
treatment, etc)

Mothers whose infants have an antenatal diagnosis of
congenital heart disease and have undergone surgery within
their first year of life.

7. Procedures to be applied

(eg, questionnaire, interview, etc)

Qualitative interviews will be conducted using semi-structured
interviews.

8. Setting (where will procedures
be carried out?)

i) Details of all
settings

Interviews will be completed within a private, clinic space at

the Royal Hospital for Children, Glasgow. This will ensure it is
a familiar environment for the participants. The interviews will
take place between normal working hours within the hospital.

ii) Are home visits involved

YN

9. Potential Risk Factors
Considered (for

Participants: This participant sample is not normally
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researcher and participant

safety):
i) Participants
i) Procedures
iii) Settings

associated with dangerous or unpredictable behaviour

Procedures: The procedures in the study are similar to those
used by clinical psychologists with these participants and are
not normally associated with production of significant distress.
However, it is recognised that participants may find it
distressing to discuss their experiences.

Settings: Meetings and interviews will be conducted within
the Royal Hospital for Children where participants routinely
attend as in- and out-patients. As a NHS location, there are
appropriate health and safety policies and procedures.

10. Actions to minimise risk (refer

to 9)
i) Participants
i) Procedures
iii) Settings

Participants: Mothers of infants that receive an antenatal
diagnosis of CHD are able to access clinical psychology
services and do not normally pose any risk to the clinician.

Procedures: Prior to interviews the researcher will inform the
participants of the aims of the study and gain informed
consent.

If a participant becomes distressed during the interview the
researcher will manage this at the time e.g. suggest a short
break or end the interview if appropriate. An information sheet
of services for additional support will be provided to all
participants including the contact details of the departmental
Clinical Psychologist.

Mothers have routine access to support through the team
Clinical Psychologist therefore if concerns are identified,
information can be passed on.

If a participant discloses information that may indicate risk of
harm to themselves or others, the researcher will take action
including risk assessment and management, and pass on this
information to the appropriate services in line with local NHS
and professional policies.

Settings: When arranging the interviews, the researcher will
ensure that there are local health and safety protocols in
place. The researcher will ensure that a qualified member of
clinical psychology NHS staff (field supervisor or equivalent)
is available to be contacted at times when interviews are
being conducted.

Trainee signature:

University supervisor signature: .......
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Appendix 2: Research and Equipment Costs

RESEARCH EQUIPMENT, CONSUMABLES AND EXPENSES

THAIN@E .. oo

Year of Course ...2d Year

Intake Year...2016

Please refer to latest stationary costs list (available from student support team)

Item Details and Amount Cost or Specify if to
Required Request to Borrow from
Department
Stationary N/A N/A
Subtotal: -
Postage N/A N/A
Subtotal: -
Printing and photocopying: | Paper: £2.18
Photocopying and Laser 170 sheets (30 x 3-page Printing / Photocopy: £0.05
Printing participant information x 170 = £8.50

sheet; 30 x 1-page response
form; 20 x 1-page consent
forms; 10 x 3-page
interview guides)

Subtotal: £10.68

Equipment and Software

Digital recorder, laptop,
and pedal for transcription

All to be borrowed from
department if available

Subtotal: -
Measures N/A N/A

Subtotal: -
Miscellaneous N/A N/A

Subtotal: -
Total £10.68

For any request over £200 please provide further justification for all items that contribute to a

high total cost estimate. Please also provide justification if costing for an honorarium:

Trainee Signature..............

Supervisor’s Signature .......

Appendix 3: Plain English Summary (word count: 499)
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Exploring the experiences of mothers whose infants have congenital heart disease
and have undergone surgery

Background

Congenital Heart Disease (CHD) is a general term for a range of birth defects of the heart.

For moderate to severe cases, infants frequently require high dependency care with

surgery soon after birth. Improvements in medical treatment have led to more children

living with CHD. As a result, focus has moved towards exploring the quality of life of

children with CHD and their parents. Research suggests that parents, especially mothers,

of children who have CHD experience increased levels of distress (Jackson et al., 2015).

Such distress is higher if the child requires surgery during their first year of life (Franck et

al., 2010). It is important to understand the mothers’ experiences during this time. With a

better understanding, services may be improved to help manage increased levels of

distress.

Aim

This study aims to explore the experiences of mothers whose infants had an antenatal

diagnosis of CHD, and had surgery within their first year of life.

Methods

Approximately 10 mothers will be recruited from Glasgow’s Royal Hospital for Children.
Clinicians working with the mother will help to identify which mothers would be suitable to
be contacted, considering aspects such as whether their infant is medically stable. They
will provide information about the purpose of the study and what would happen if they
agreed to take part. The researcher will then approach mothers who are interested and
arrange to meet in a private clinic room at the hospital to complete the interview. Mothers
will have time to ask any questions that they have before the interview. The interviews will

focus on a broad range of topics and time-points, and will be flexible to each mother’s
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individual experiences. They will be recorded and qualitatively analysed using
Interpretative Phenomenological Analysis to identify and explore themes that the mothers

report.

Ethical Issues

Informed consent will be gained from participants prior to the interview. Information shared
by participants will be confidential and anonymised. Confidentiality will only be broken if
the researcher feels the participant or someone else is at risk. Time will be taken to
manage any distress that the participants may experience. Participants will be given

information with the contact details of extra supports they can access.

Practical Applications and Dissemination

It is hoped that the study will increase our understanding of the mothers’ experiences and
highlight service improvements that may reduce levels of distress. Improvements could
include increasing support available to the families. The study will be presented to the
Cardiology team at Glasgow’s Royal Hospital for Children and may be published in a

peer-reviewed journal so that findings may inform wider service development.
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