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Abstract

In 2012, the James Lind Alliance (JLA) worked with individuals with cleft lip and/or palate (CL/P), their families and clinicians to
identify priority areas for future research. This article reviews progress conducted in the United Kingdom in the 3 JLA priorities
most closely related to Clinical Psychology. It then builds upon the original priorities to identify 4 future directions, based on
contemporary literature and in-depth discussions between clinical and research experts. Finally, recommendations for next
steps toward meeting these future directions are outlined, including consistent outcome measurement, engaging diverse groups
of people with CL/P and embedding the principles of codesign.
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Introduction

Background

The impact of cleft lip and/or palate (CL/P), a congenital cranio-
facial condition, can include visible facial difference, early
feeding difficulties, dental anomalies, and difficulties with
hearing and speech. Individuals with CL/P typically receive mul-
tidisciplinary care throughout their lifespan.' The James Lind
Alliance (JLA) is a United Kingdom-based initiative bringing
together patients, carers, and clinicians in Priority Setting
Partnerships. In 2012, the JLA collaborated with individuals
with CL/P, their families and cleft clinicians in the UK, to identify
the top research priorities within the field.” A survey of over 300
people, led to a shortlist of 26 research questions, which were sub-
sequently prioritized to 12 questions. A number were related to
psychosocial outcomes of individuals with CL/P (and/or their
families; Table 1).

This paper starts with a review of recent research findings for
research carried out in United Kingdom in relation to the 3 JLA
priorities most relevant to Clinical Psychology. This paper then
proposes future research directions, based on current literature
and in-depth discussions between clinical and research experts.

Review of the 3 JLA Priorities Most Relevant to Clinical
Psychology

James Lind Alliance Priority |—What Types of Psychological
Intervention (Individual Therapy, Community, or School Based)

and at What Time (From Diagnosis to Adulthood) are Most
Helpful for Patients With a CL/IP and Their Families?.

Systematic reviews published between 2007 and 2024 exam-
ined psychological interventions for individuals with a range
of congenital and acquired appearance-altering conditions
and their parents, including CL/P.>® Some evidence was
found to support approaches based on cognitive behavioral
therapy (CBT) and social skills training. However, many
studies were of poor quality and no firm conclusions could
be drawn. One online CBT- and social skills—based interven-
tion originally designed for adults with visible differences
(Face IT) and later adapted for young people (YP Face IT)
has recently been trialed in 3 European countries.’ '
Findings highlight likely utility with subgroups of people
with appearance concerns. Evidence to support other forms
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Table I. James Lind Alliance top 12 Priorities for Research in the
Field of Cleft Lip and Palate.?

Priority research question

Priority = What types of psychological intervention
| (individual therapy, community, or school
based) and at what time (from diagnosis to
adulthood) are most helpful for patients with a
cleft of the lip and/or palate and their families?
Priority = What are the educational, employment and
2 personal (eg, relationships) outcomes for
individuals with a cleft of the lip and/or palate
during childhood, adolescence and in the long
term?

Priority 3~ What is the best protocol for primary repair of both the
lip and palate, including technique/timing and
sequence!?

Priority 4  In individuals with a cleft of the lip and/or palate when is
the most effective age to begin speech therapy?

Priority 5  What is the best treatment for otitis media with effusion
(glue ear) in individuals with a cleft of the lip and/or
palate?

Priority 6  Can stem cells be used to improve palate repair (both
primary and secondary)?

Priority 7 What interventions would enhance the educational
outcomes for children with a cleft of the lip and/or
palate?

Priority = What is the impact of having a baby born with a

8 cleft of the lip and/or palate on maternal/child
attachment?

Priority 9  What s the best way to manage infants with a cleft of the
lip and/or palate undergoing primary surgery before,
during and after hospital (eg, Fluids, pain control,
antibiotics, probiotics, arm splints, feeding practices)?

Priority 10 What are the genetic and environmental causes of clefts
of the lip and/or palate?

Priority I | How can we improve the diagnosis of cleft palate
(without cleft lip)?

Priority 12 What is the best way to prevent tooth decay in children

with a cleft of the lip and/or palate?

aPriorities relevant to the field of Clinical Psychology indicated in bold.

of intervention for other challenges related to CL/P is lacking
and many methodological limitations exist. There remains a
paucity of research into the effectiveness of novel interventions
developed for individual with CL/P to address the range of psy-
chosocial difficulties that can be experienced by this popula-
tion and interventions developed with other clinical
populations that have been adapted to meet the needs of
those with CL/P.

James Lind Alliance Priority 2—What Are the Educationadl,
Employment, and Personal Outcomes for Individuals With a CL/P
During Childhood, Adolescence and in the Long Term?. In some
children, a poorer trajectory has been found in relation to
behavior,"*™'® cognitive functioning,'” reading and language
development,'”2° and lower overall educational achievement

in comparison to peers and siblings without a CL/P.*'">*

Higher rates of developmental delay and neurological differ-
ences also exist.>*** The negative impact of CL/P on quality
of life appears low, especially after completion of primary sur-
geries. However, some children experience emotional, social,
and appearance-related concerns,'®*® especially for those
with cleft palate or additional conditions.”*>* Among adoles-
cents with a CL/P, evidence suggests that the average preva-
lence of cognitive, behavioral, emotional (eg, mood and
anxiety), social, and appearance-related concerns is consistent
with the general population.'*** However, small subgroups
exhibit higher risk.?’ In some adults, a higher prevalence of
psychological difficulties, elevated emotional and interper-
sonal challenges,’*? a desire for further treatment due to
ongoing concerns about appearance,**** worries around start-
ing a family and a range of functional impairments are
reported.*>-¢

James Lind Alliance Priority 8—What is the Impact of Having a
Baby With a CL/IP on Maternal/Child Attachment?. Literature is
mixed as to whether parent—infant interactions and attach-
ment are affected by CL/P. Parent—infant interactions may
be negatively affected in the short-term, but long-term attach-
ment is unaffected,>”*° albeit can be influenced by maternal
well-being and feeding difficulties.>”*' The presence of a
cleft lip has been identified as a risk factor in some
studies,?” but not in others,*® perhaps highlighting the com-
plexity of parental adjustment to having a baby with a
visible facial difference.

Proposed Future Directions in Light of Developments in
Research and Clinical Practice

Clinical Psychologists are integrated within the UK multidisci-
plinary cleft services to provide clinical input aimed at enhanc-
ing psychosocial outcomes for individuals with CL/P.**** A
research subgroup for the UK Cleft Clinical Psychology
Clinical Excellence Network (CEN) was established in 2011,
led by academic partners at the Centre for Appearance
Research (CAR) at the University of the West of England,
with the goal of establishing recommendations for the core
set of psychological well-being measures for use in the Cleft
Collective Cohort Studies.**** The research subgroup has
since evolved to continue the joint clinical research interests
of CAR and members from the CEN.

As part of this reform, a review of research addressing the 3
JLA priorities most relevant to Clinical Psychology was carried
out. Members of the research subgroup worked with Clinical
Psychologists within the CEN, to identify gaps and barriers
in cleft psychology research and to identify the areas of
research which could lead to improvements in clinical practice.
Four updated psychosocial research future directions were
identified and these are described below along with recent
work by the research subgroup to address these future
directions.
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Future Direction |—What is the Impact of CL/IP on Parent and
Family Well-Being and Functioning? (Building upon JLA Priorities 2
and 8). Rather than focusing only on attachment, an under-
standing how CL/P impacts parent and family functioning
more broadly was identified as an important future direction.
Firstly, data collected from 1163 mothers and fathers of
infants with CL/P enrolled in the Cleft Collective Cohort
Studies between birth and the infants’ primary cleft surgery
were analyzed.*® Mothers reported higher anxiety and depres-
sion compared to norms and both mothers and fathers reported
higher perceived stress. Nonetheless, parents appeared to
adjust well to their child’s diagnosis. Investigations are cur-
rently underway by members of the research subgroup to
assess the longer-term impact of CL/P on parental well-being
now that longitudinal Cleft Collective data are available.

Members of the research subgroup have recently updated
the review published in 2012 by Nelson et al, which aimed
to understand parental experiences of caring for a child with
CL/P.*" This updated review included 126 new papers and
summarized the known emotional impact of caring for a
child with CL/P as well as describing parents’ experiences of
social situations and care delivery.*®

Further research could focus on the impact on siblings (and
sibling relationships), the relationships between parental dyads
and the generational impact of being born with a CL/P (eg,
relationships between different generations within a family
affected by a CL/P or experiences of parents born with a CL/
P themselves who go on to have their own child with a CL/
P). Longitudinal or prospective cohort studies are needed, in
addition to qualitative research to provide a nuanced insight.

Future Direction 2—Which Factors Predict Psychosocial
Adjustment in Individuals With a CL/IP and Their Families?
(Building upon JLA Priorities 2 and 8). It is important to under-
stand the factors which predict outcomes, to identify those
most at risk and to drive the development of psychological
interventions. Initial progress by the research subgroup
includes the analysis of Cleft Collective data, which identified
optimism, satisfaction with healthcare, social support, and rela-
tionship satisfaction as predictive of psychological outcomes in
new parents of infants with CL/P. Other risk factors for
mothers included the presence of a prior mental health condi-
tion and stressful life events during pregnancy. Risk factors
for fathers included being older at the time of conception and
having unexpected absences from work.*®

Parent-reported Ages and Stages Questionnaire data
extracted for 322 children enrolled in the Cleft Collective
Cohort Study highlighted the following factors as factors asso-
ciated with poorer overall development at 18 months: problems
with physical development, feeding method (nasogastric tube
and formula feeding combined), mother’s (higher) levels of
anxiety and depression, and marital status (single).*’

A third study by members of the research subgroup in col-
laboration with the Cleft Lip and Palate Association (CLAPA)
examined factors related to psychosocial adjustment in adults

with CL/P, drawing on data collected from a national UK
sample.*® Predictive factors included reports of a happy child-
hood, talking about CL/P with family, close friendships,
comfort in public spaces, satisfaction with appearance, and a
positive life orientation. Psychological distress was associated
with a desire for further surgery to improve appearance and/or
function. Interviews with clinicians working in UK cleft ser-
vices identified similar risk and protective factors for psycho-
logical distress in affected families and individuals, based on
clinical experience.’’

The research subgroup is currently investigating promising
psychological factors that may inform future intervention
development, including parental psychological flexibility,>?
and the longitudinal role of parental adjustment on child devel-
opment and well-being.

Future Direction 3—What Aspects of Cleft Care Need be
Improved for People With CL/P and Their Families and How
Might This be Achieved? (Building upon JLA Priority |). Research
that leads to improvements in clinical care in the National
Health Service providing cleft treatments was not included in
the original JLA priorities. Members of the research subgroup
explored healthcare satisfaction in parents using data collected
from 517 parent dyads enrolled in the Cleft Collective Cohort
Studies.>® Parents reported being satisfied with their overall
care. However, less favorable ratings of satisfaction were
made in relation to the information parents had received and
how included fathers felt in relation to their child’s treatment
pathway.

In rapid response to the Covid-19 pandemic, members of
the research subgroup conducted interviews with new parents
of babies born with CL/P to explore their experiences.>* The
findings identified parental concerns about delays in primary
surgery and leant further support to the need for multidisciplin-
ary care for families from diagnosis onward, the importance of
timeliness for primary surgery, the need for routine screening
for parental psychological distress, and the potential for
remote support to reduce the burden of care and increase
accessibility.

Two further studies by the research subgroup interviewed
young people aged 17 to 25 years with CL/P about their expe-
riences of transition from child to adult care in UK cleft ser-
vices.”® These studies indicated that some experienced
transition as overwhelming and that improvements in transi-
tioning care were needed to ensure young people are prepared
to access and manage their care into adulthood and to meet the
standards of care outlined by the National Institute for Health
and Care Excellence.

More research is needed to understand the factors that influ-
ence surgical/treatment decision-making in those with CL/P
(and their families). There are limited insights into the psycho-
logical processes related to how surgical/treatment decisions
are made and how these processes might be associated with
post-surgical  satisfaction or psychosocial outcomes.
Interventions aimed at supporting people with surgical/
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treatment decision-making and enhancing post-surgery satis-
faction and psychosocial outcomes are lacking.

Future Direction 4—How Acceptable and Effective are
Psychological Interventions Aimed at Improving the Psychosocial
Well-Being of Individuals With CL/P and Their Families? (Building
upon JLA Priority 1). To understand the approaches that were
being used to support families by clinicians working in UK
cleft services, members of the research subgroup conducted
in-depth interviews with Clinical Nurse Specialists and
Clinical Psychologists. Clinical Psychologists drew upon a
range of therapeutic approaches, most commonly CBT and
systemic approaches, as well as Acceptance and
Commitment Therapy (ACT), Compassion-Focused Therapy
(CFT), and Narrative Therapy.

There is an evidence base for a range of psychological
approaches, particularly for CBT, ACT, and CFT, which are
likely to be of benefit to individuals with C/P and their families.
However, it is currently unknown at what time points interven-
tions would be most acceptable or effective, for what type(s) of
difficulties (eg, appearance concerns, self-esteem/social confi-
dence, procedural distress) or whether standard approaches to
these broad therapeutic modalities need to be tailored to suit
the cleft population and their families (and if so, how).

Interventions can range from support for appearance con-
cerns, through to procedural distress or low self-esteem. This
presents considerable challenges for evaluation, as interven-
tions are rarely homogeneous, but formulation-driven and
person-centered, meaning that no 2 interventions are the
same. One solution to this challenge is the implementation of
Goal-Based Outcomes, which have high face validity, with
many users advocating the flexibility of goals.’”-®

The research subgroup has begun to address the gap in evi-
dence for intervention by exploring the concepts of acceptabil-
ity and feasibility. Members of the research subgroup were
involved in the evaluation of 2 new community-based pro-
grams of service delivery by CLAPA. The first program
focused on using a new regional service to increase local
support. The mixed-methods evaluation demonstrated that vol-
unteers felt more confident in their role and more able to
support others, while caregivers, children, young people, and
adults with CL/P felt more connected to a local support
network and better able to cope with the challenges of CL/
P.> The second program aimed to increase information and
support specifically for adults with CL/P by developing a
podcast, a conference, and a leaver’s pack of resources to
support the transition to adult care. These interventions were
viewed as valuable by adults with CL/P and health
professionals.®°

A recent pilot study by members of research subgroup
investigated the potential acceptability of the Promoting
Resilience in Stress Management-Parent, originally developed
for young people with chronic conditions. Given the recurring
presence of optimism as a leading protective factor for psycho-
logical distress, targeting resiliency in those with CL/P and
their families could prove beneficial. In this pilot study,

acceptability was rated highly, and qualitative data highlighted
areas for adaptation for this population to enhance feasibility
that can be implemented in future research designs.®'

Clinical Psychologists can also indirectly influence the psy-
chosocial outcomes of those with CL/P through consultation,
education, and supervision within the wider cleft team.*
While it can be challenging to quantify the impact of these
ways of working, future research could focus on understanding
patients’ and professionals’ experience of the impact of psy-
chologically informed working within teams.

Addressing These Future Directions

There is a need to move beyond the simple question of “What is
the psychosocial impact of CL/P?’ and instead focus on under-
standing what predicts, prevents, reduces, or prevents this
impact and what fosters positive psychological adjustment,
resilience, and satisfaction with cleft care. Furthermore, we
need to understand what we can learn about the wider systemic
impact and how services can be improved.

Historically, research within cleft care has been deficit-
focused, with insufficient attention paid to strengths and resil-
ience.®? Studies which help identify the ways in people indi-
viduals with CL/P have similar, or better, outcomes than
control groups can also be highly informative for patient
care. There are also key considerations regarding inclusion
and exclusion criteria in research.®> While narrow inclusion
criteria optimize the homogeneity of samples and subsequently
help identify the specific impact of certain factors, such as cleft
type, these often have unintended consequences.”’ For
example, individuals with conditions additional to CL/P are
often excluded from research in the pursuit of sample homoge-
neity. However, these are the individuals who may be at higher
risk for experiencing psychological difficulties.?’

While there have been advances in achieving consensus
in the measurement of psychological adjustment to CL/P,
consistency in measurement remains a key issue.***’
Researchers are encouraged to continue to aim for consensus
in measurement, as this facilitates comparison and continu-
ity across studies with the aim of meta-analyses being possi-
ble in the future.®

Clinical Psychologists face barriers conducting research
within their clinical roles in cleft services,’' including clini-
cians lacking confidence and time. Ongoing collaboration
with academic partners, as demonstrated by the research
subgroup described in this paper, is one solution to this
challenge.

It may be helpful to examine broader literature and advance-
ments in the related fields of visible difference, body image,
chronic illness, rare conditions, mental health, and disability.
This may further inform our understanding of psychological
adjustment to CL/P and allow us to draw on effective
outcome measures, tools, and interventions.

Finally, future research should be representative of the CL/P
population as a whole. This means strides need to be taken to
ensure CL/P research is as inclusive as possible, across a range
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of demographics, including but not limited to: ethnicity,
gender, intellectual ability, neurodiversity, religion, and sex-
uality. As such, intersectionality can be appropriately consid-
ered, leading to better and more relevant psychological
support.(’4

Although the future directions presented in this paper are
influenced by the accounts of individuals with CL/P and
their families as part of the JLA priority-setting process and
through qualitative research, a limitation of this paper was a
lack of direct consultation with individuals with CL/P and
their families. A future step must be to consult with individuals
with CL/P and their families, to determine their perceptions of
the relevance and impact of research resulting from this
updated direction-setting process. Indeed, future research
should strive to involve codesign with those with CL/P.
Another limitation of this paper was the focus on research con-
ducted within the UK and as such it is unclear as to whether
findings are generalizable across different cultural contexts.
We encourage psychologists in other countries to undertake
similar direction-setting exercises, which will also allow for
cross-cultural comparison.

Conclusions

In summary, despite considerable advances in the field of cleft
Clinical Psychology since the publication of the JLA priorities,
key research questions remain unanswered. This paper has out-
lined future directions for cleft psychology research in the UK.
It is important that future research capitalizes on the opportuni-
ties presented by collaborative and multidisciplinary research
and aims to represent the outcomes and experiences of all
people with CL/P and their families. The next step should be
to ensure that these future directions reflect the priorities of
this population.
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