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Abstract

"Caregivers."

Context: Cleft Lip and Palate (CL/P) is the most common craniofacial malformation in the oral cavity, with a prevalence of “1 to 2in
1,000 live births worldwide. Parents with CL/P children are more prone to experience emotional disorders, especially depression,
and have higher child-related stress than the parents of normal children. Due to the effect of the mental status of parents on chil-
dren, the assessment of the psychological aspects of this problem and its effects on the patients and their parents is critical.

Evidence Acquisition: This systematic review was carried out to determine the quality of life (QoL) and emotional problems, includ-
ing anxiety and depression, in the mothers of CL|P children. All the published studies were searched in three electronic databases,
including MEDLINE, PubMed, and Web of Science, up to December 30, 2020, using the keywords "Orofacial Clefts” and “Cleft Lip and
Palate” in combination with “Anxiety," "Stress," "Depression," and "Quality of Life” in addition to “Parents," "Mothers," "Fathers," and

Results: Finally, 29 articles met the eligibility criteria for this review. Due to the differences in health care and culture, controversial
findings were obtained on the QoL of parents with CL/P children. Social support plays a vital role in the prevention, resolution, and
treatment of psychological problems of parents with CL/P children. The majority of studies confirmed the higher levels of anxiety
and depression in caregivers of children with CL/P than in normal individuals.

Conclusions: These findings emphasize the necessity of psychological screening in the first few months following the diagnosis to
facilitate providing appropriate psychological support for parents with CL/P children.

Keywords: Anxiety, Cleft Lip, Cleft Palate, Depression, Quality of Life

o

. Context

Orofacial clefts, including cleft lip (CL), cleft palate (CP),
or cleft lip and palate (CL/P) together, are the most com-
mon heterogeneous craniofacial malformations in the
oral cavity characterized by environmental and genetic fac-
tors (1). These clefts may be unilateral or bilateral. Max-
illary retrognathism, greater anterior facial heights, and
retroclined maxillary incisors are the main clinical factors
in patients with unilateral CL/P (2, 3). The disease preva-
lence is 1 to 2 in 1,000 live births worldwide. The highest
and lowest incidences of CL/P are reported among Indian
and Afro-Caribbean populations, respectively (4-7). The
main aspects that should be considered for these patients
are the modification of facial malformation, optimization

of the quality of speech, and maintenance or restoration of
middle ear function (8).

CL/P patients are regarded as less intelligent and social
with fewer professional opportunities than normal chil-
dren (9-12). In this regard, the most important protective
factor for children with CL/P is a healthy family environ-
ment. The parents of special children with intellectual dis-
abilities are prone to experience emotional disorders, es-
pecially depression, and have higher child-related stress
than parents of normal children (13,14). There are some re-
ports on the experience of CL/P patients, intellectual and
social development of CL/P subjects, and reactions of CL/P
cases to their unique environments; however, limited stud-
ies have assessed the psychological status of parents with
CL/P children. Due to the effect of the mental status of par-
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ents on children, the assessment of psychological aspects
of this problem and associated effects on the patients and
their parents is critical and can help optimize their quality
of life (QoL). However, there have not been sufficient data
on the mental condition of parents of children with CL/P.
Therefore, this study aimed to determine the QoL and emo-
tional problems, including anxiety and depression, in the
mothers of CL/P children. In this regard, the following is-
sues were assessed by the present review: (1) QoL in care-
givers of children with CL/P; (2) anxiety status of caregivers
of children with CL/P; (3) depression status of caregivers of
children with CL/P.

2. Evidence Aquisition

This systematic review assessed the QoL, stress, and de-
pression in parents or caregivers of children with CL/P. The
guidelines of the Cochrane Handbook for Systematic Re-
views of Interventions, including eligibility criteria inves-
tigation, an extensive search for data collection, unrelated
papers removal, risk of bias assessment, data extraction,
and discussion, were used in this study (15).

2.1. Eligibility Criteria

The inclusion and exclusion criteria were selected
based on the participants-intervention-comparison-
outcome-study design. All the studies comparing the QoL,
depression, and anxiety in parents of children with CL/P
were included in the present study. All the papers were
published in English and conducted on human subjects.
Since the present study aimed to assess the QoL, depres-
sion, and anxiety in parents of children with CL/P, the
papers focusing on patients with CL/P were excluded from
the study. Parent reports on the psychological conditions
of their children, social and emotional experiences, and
care services for CL/P patients were omitted from the study.
Moreover, exploratory, qualitative, and phenomenological
studies, articles with a sample size of lower than 30, retro-
spective chart reviews, and papers not examining children
and parents separately were removed from the study. In
addition, in vitro and animal studies, editorial letters or
short communications, books, reviews and narrative arti-
cles, case reports, and unavailable full-texts were excluded
from this study. The current review only included prospec-
tive case-control studies with descriptive, comparative, or
inventive processes in nature to assess the QoL, stress, and
depression in parents of children with CL/P.

2.2. Literature Search

All the published studies were searched in three elec-
tronic databases, including MEDLINE, PubMed, and Web
of Science, from December 1 to December 30 in 2020 us-
ing the keyword, namely “Orofacial Clefts” and “Cleft Lip
and Palate” in combination with “Anxiety," "Stress," "De-
pression," and "Quality of Life” in addition to “Parents,"
"Mothers," "Fathers," and "Caregivers."

2.3. Study Design and Data Extraction

This systematic review focused on the QoL, stress, and
depression in parents or caregivers of children with CL/P.
In the first stage, three selected electronic databases were
searched on December 30, 2020. In the first research pro-
cess, the titles and abstracts of the identified papers were
studied, and unrelated articles were removed. In the next
step, duplicate papers were excluded from the study. Af-
ter completing the search process and removing irrele-
vant and duplicate articles, the full-text versions of the se-
lected papers that were consistent with the objective of the
current study were obtained for final evaluation. Subse-
quently, the studies were reviewed, and the eligible articles
were screened for relevancy. Papers with insufficient data
were excluded from the study. Two researchers performed
all the research processes in contact with each other, and
they separately reviewed the titles and abstracts of all the
articles. They discussed the determination of papers, selec-
tion of articles, removal of studies, and extraction of data.
All the extracted data were recorded in a researcher-made
checklist. The PRISMA flowchart represents the stages of ar-
ticle selection (Figure 1).

2.4. Risk of Bias and Quality Assessment

Cochrane’s risk of bias tool was used to determine the
risk of bias. In this study, the researchers assessed the qual-
ity of each study by evaluating the risk of bias in seven
domains, including bias due to confounders, bias due to
the selection of participants, bias due to the measurement,
bias due to missing data, incomplete outcome data, selec-
tive reporting, and other sources of bias (16). The options
were chosen based on the nature of the selected studies. In
total, 29 papers were reviewed in the present study based
on the seven domains of the Cochrane guidelines to deter-
mine the risk of bias. The low, high, and unknown risks of
bias were marked as "Yes," "No," and "Unclear," respectively
(Table 1) (Figure 2).
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Figure 1. PRISMA flowchart representing the process of paper selection in the review
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Figure 2. Quality assessment of included articles in the review process
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Table 1. Quality Assessment of Entered Studies in the Review

Author and Reference Bias Due to Bias Due to Bias Due to Bias Due to Incomplete Free of Other Sources

Confounders Selection of Measurement Missing Data Outcome Selective of Bias

Participants of Data Reporting
Intervention

Weigl et al. (8) No Yes No No No Yes No
Kramer et al. (17) No Yes No Unclear Yes Yes Unclear
Baker et al. (18) Yes Yes No Yes No Yes No
Gowda et al. (19) No Yes No No Yes No Yes
Onah and Achor (20) No Yes No Yes Unclear Unclear Unclear
Hasanzadeh et al. (21) Yes Yes No No No No No
Oshodi and Adeyemo (22) No Yes No Yes Yes Unclear Yes
Thamilselvan et al. (23) No Yes No No Yes Yes No
Sischo etal. (24) No No No No No No No
Awoyale et al. (25) No Yes No No Yes Yes Unclear
Rosenberg et al. (26) No No No No No Yes No
Bos etal. (27) No No No No No Yes No
Hemati et al. (28) Yes Yes No Yes Yes Yes No
Emeka et al. (29) No Yes No No No Yes No
Macho et al. (30) No No No No No Yes No
Boonplia et al. (31) No No No Yes No Yes No
Aslan etal. (32) No Yes No No Yes No No
Beluci et al. (33) No Yes No No No Yes Unclear
Khanchezar et al. (34) No No No Yes No Yes Unclear
Nur Yilmaz et al. (35) No No No No Yes No Unclear
Yilmaz etal. (36) No No No No No Yes No
Kumar et al. (37) No Yes No No No Yes No
Boztepe et al. (38) No No No No No Yes No
Grollemund et al. (39) No Yes No No No Yes No
Scheller et al. (40) No Yes No No No Yes No
Stock et al. (41) No Yes No No No Yes No
Dissaux et al. (42) No Yes No No No Yes No
Gbolahan et al. (43) No Yes No No No Yes No
van Dale et al. (44) No Yes No No No Yes No

3. Results

Atotal of 1,371 papers were identified in the first step of
theresearch process, of which 1,106 irrelevant articles were
excluded. Out of 265 remaining studies, two articles were
duplicated and were excluded from the review. Further-
more, the articles (n = 83) focusing on the QoL, stress, and
depression among patients with CP/L were removed from
the study. In the next step, the articles that did not meet
the inclusion criteria or were not consistent with the objec-
tives of the current study were omitted from the review. In
this regard, the studies in which parents reported on the
psychological conditions of their children (n = 31), social
and emotional experiences (n = 12), care services for CL/P
patients (n = 4), exploratory, qualitative, and phenomeno-
logical studies (n =14), articles with a sample size of lower

than 30 (n = 9), retrospective chart reviews (n = 19), and
studies in which children and parents were not separately
examined (n =3) were excluded from this study. Moreover,
the papers published in languages other than English (n =
5) were removed from the study. In addition, in vitro and
animal studies (n = 0), editorial letters or short communi-
cations (n =4), books (n =1), reviews and narrative articles
(n=17), casereports (n=4),and unavailable full-texts (n=1)
were excluded from this study. Finally, 29 articles were in-
cluded in this review. The PRISMA flowchart represents the
process of study selection (Figure 1).

All the papers were prospective studies. The majority
of the studies were analytic, 17.2% (n = 5), 10.3% (n = 3),
and 6.9% (n = 2) of which were case-control, cohort, and
pilot studies, respectively. Furthermore, 20% of the arti-
cles were interventional (n = 6). About 48.2% of the stud-
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ies were descriptive, including questionnaire (n=4), cross-
sectional (n = 9), and longitudinal (n = 1) studies. The in-
cluded studies were performed in seven regions, mostly
(38%) Asia (Turkey n =4, India n =3, Iran n =3, and Thailand
n =1). Moreover, 10 studies (34.5%) were performed in Eu-
rope (UK n =3, Germany n = 2, Slovakia n =1, Netherlands
n =2, and France n = 2). Two studies (6.9%) were conducted
in North America, and one study (3.4%) was carried out in
South America (Brazil). In addition, five studies (17.2%) were
performed in Africa (Table 2).

In general, the included articles were performed on
3,825 parents (including mothers, fathers, and other care-
givers) of 3,235 patients (children and adolescents) with
CL/P. The mean age of the subjects (caregivers) was within
the range of 23.6 - 40.3 years. Moreover, the mean age of
the children varied widely (from 5.7 months to 12.1 years).
The male/female ratio of patients with CL/P was 1/1.06 (881
females and 824 males). The majority (62%) of the studies
were conducted on both mothers and fathers. Eight stud-
ies (27.5%) were carried out only on mothers of children
with CL/P. In three studies (10.3%), other caregivers were
studied in addition to mothers and fathers. The type of de-
formity was determined in 12 studies (1,134 patients). The
CL/P was observed in 4.7-55% of the patients. Moreover, CP
and CL were reported in 10.6 - 43% and 10 - 58% of the pa-
tients, respectively.

Various tools were used for assessing QoL, stress, and
depression in parents of CL/P children. The World Health
Organization quality of life questionnaire, Hospital Anxi-
ety and Depression Scale (HADS), Impact on Family Scale,
General Health Questionnaire, and 36-item Short-form Sur-
vey (SF-36) were the most commonly used tools. Surgi-
cal correction was used in the majority of interventional
studies. Nasoalveolar Molding (NAM) and traditional cleft
treatment were used in two studies (24, 35).

Moreover, a happiness training and teamwork pro-
gram was applied to improve the psychological status of
mothers of patients with CL/P (28, 34). The depression sta-
tus of mothers with CL/P children was assessed in eleven
studies(8,20,22-24,35,37,39, 41,42, 44). Among the studies
mentioned above, 54% showed that depression was higher
among mothers with CL/P children than in the normal or
general population (8, 24, 37, 39, 41, 42). Moreover, two
studies showed that most mothers were screened positive
for depression (20, 22). Based on a study, NAM therapy
and lip surgery decreased maternal and paternal depres-
sion levels (35). A study showed a higher level of depres-
sion among mothers than in other caregivers (35). Further-
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more, another study demonstrated a correlation between
depression and behavioral problems (23).

Anxiety in mothers with CL/P children was assessed
in 19 studies, among which six (33%) studies confirmed a
high level of parental stress and anxiety among individu-
als with CL/P children (20-22, 24, 40, 43). In addition, 31.5%
of the studies showed a higher anxiety level among moth-
ers with CL/P children than in the normal or general pop-
ulation (8, 18, 24, 37, 38, 41). However, two studies demon-
strated that mothers of children with CL/P experienced the
same stress level as the mothers of normal children (27,
44). Two studies indicated a higher level of depression
among mothers than among other caregivers (24, 35); nev-
ertheless, another study rejected this finding (36). A corre-
lation between anxiety and behavioral problems and child
pain scores was confirmed (22, 26). Based on the results of
a study, a happiness training program decreased maternal
anxiety levels (28).

The QoL in mothers with CL/P children was assessed in
14 studies. Based on some studies, orofacial clefts in chil-
dren significantly affect the quality of their family life (19,
30). In addition, another study demonstrated that the so-
cial, physical, and psychological aspects of QoL were lower
in the parents of cleft children than in the general pop-
ulation (32); however, the previous finding was rejected
by another study (8). On the other hand, another study
demonstrated that mothers with CL/P children gained bet-
ter scores than normal individuals on the Health-related
Quality of Life (HRQoL), family functioning, emotional sta-
tus, daily activities, and family relationships subscales and
a less favorable score on cognitive functioning. Moreover,
fathers with CL/P children achieved better scores than nor-
mal individuals on all the scales of the Pediatric Quality of
Life Family Impact Module (PedsQL-FIM) (41).

Some studies indicated that the QoL of parents with
CL/P children is affected by psychiatric morbidity, family
income, poor access to specific information, and lack of
professionals’empathy(20,23,25,33). Moreover, there isan
inverse correlation between the QoL and burden in phys-
ical health, psychological status, social relationships, and
environment domains (33). Another study showed no re-
lationship between the QoL and the extent of malforma-
tion, initial diagnosis time, and reconstructive surgery fre-
quency (17).

Two studies demonstrated that surgical correction and
lip surgery increased the maternal level of QoL (29, 31).
Another study reported the effectiveness of teamwork in
improving the QoL of mothers with CL/P children com-
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pared to individual treatment or non-teamwork therapy
(34). Finally, although more severe depressing conditions
and higher stress levels are reported among mothers of
CL/P children (37), no difference is observed in satisfaction
with motherhood among mothers with CL/P children (27)).
In this regard, the role of support from friends and family
in less negative family impact and lower psychological dis-
tress should be considered (18, 26).

4. Discussion

4.1. QoL in Caregivers of Children with CL/P

The mental status of mothers of CL/P children is an es-
sential protective factor for the child. The effectiveness of
HRQoL as a significant parameter has been proven in the
diagnosis and determination of therapeutic procedures
(8). There have been data on lower QoL in caregivers of chil-
dren with physical or mental disorders than in the general
population (22, 45, 46). The HRQoL is an international clas-
sification system, which is considered a multidimensional
construct, including physical, mental, and social aspects of
life. The SF-36 covers all the aspects; therefore, some stud-
ies applied the questionnaire to achieve their purposes.

In a study by Stock et al., the overall levels of HRQoL
and family functioning were higher in both mothers and
fathers of CL/P children than in normal individuals. Moth-
ers of CL/P children reported better scores than normal in-
dividuals on the HRQoL, family functioning, emotional sta-
tus, daily activities, and family relationships subscales and
a less favorable score on cognitive functioning. Fathers of
CL/P children achieved better scores than normal individ-
uals on all the scales of the PedsQL-FIM. They showed a cor-
relation between the positive life orientation and less over-
allimpact on the family for parents (41). Positive outcomes
associated with CL/P are warranted. The recent approaches
emphasize the systemic developmental approach; accord-
ingly, the family unitis regarded as a whole with multilevel
capacity (47).

In another study y Weigl et al., the QoL, anxiety, and de-
pression of 50 mothers with CL/P children were assessed
using the SF-36 and HADS. No significant difference was ob-
served between mothers with CL/P children and normal
controls. Therefore, Weigl et al. concluded that mothers
with CL/P children do not require psychological screen-
ing (8). It should be considered that only mothers of chil-
dren older than one year of age participated in the study
mentioned above. The majority of mothers emphasized

that they experienced emotional distress immediately af-
ter childbirth. There has been evidence showing that the
QoL decreased in families with CL/P children, especially
during the very early life stage of the cleft patient (48).

The assessment of the factors affecting the QoL of fam-
ilies with CL/P children helps the affected families cope
with particular conditions and provide adequate care for
the individual. A study by Kramer et al. identified factors
influencing the QoL of families having children with oro-
facial cleft within the age range of 6-24 months. A self-
administered questionnaire was used in the study men-
tioned above (17). Kramer et al. carried out a study only on
children under two years of age. At this age, families are
confronted with the birth of the cleft patient and most of
the operations required for reconstruction. In addition to
the birth of the cleft patient, families are confronted with
problems, such as financial issues, and require operations
for reconstruction in the early stage of CL/P. They demon-
strated a relationship between the parental levels of sat-
isfaction and treatment outcomes. They showed that the
economic and social effects were reduced in families with
isolated CL children than in families with CL/P or isolated
CP children; nevertheless, coping problems increased. It is
probably due to later surgery for reconstruction.

Social impact is affected by the prenatal diagnosis of
orofacial cleft; however, it did not decrease the general im-
pact on the affected families. More tailored support of af-
fected families with distinct types of cleft may improve
their QoL. They indicated that the extent of malformation
(the type of cleft), time of initial diagnosis, and frequency
of reconstructive surgery do not affect the QoL. Families
with CP children are usually visited less frequently by the
cleft team during the first year of life. It may result in more
incredible difficulty in coping with the problem (17). It has
been proven that the self-perception of mothers with CL/P
children changes over time (10-12, 49, 50); moreover, it may
be affected by other variables, such as the gender of the
child.

The impairment of children is differently experienced
by their parents (13). In this regard, identifying caregiver
burdens and providing better support for them is essen-
tial because the QoL of caregivers is affected by the bur-
den imposed on them (23). The parents of disabled chil-
dren show overinvolvement in the protection of such chil-
dren. Moreover, assessing the main pattern of behavioral
problems in younger children and its effect on behavioral
problems and negative emotions in parents is very impor-
tant. Wu et al. reported more behavioral problems in chil-
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dren with CL/P than normal controls (51). In another study
by Kumar et al., a correlation was reported between the
QoL of parents and behavioral problems of children with
CL/P. In addition, children’s internalizing and externaliz-
ing problems correlated with parental QoL. Kumar et al.
observed a relationship between some children’s behav-
ioral problems and negative emotions in parents (i.e., de-
pression and stress) (23). As an essential aspect of develop-
ing a child-parent relationship, the quality of parents’ rela-
tionships is another factor that could be affected by involv-
ing emotional expression (52).

Commonly, significant responsibilities associated
with these children are taken by the mothers (14). Some
mothers of children with impairment have to give up
their occupation to care for their children, making them
unable to pursue their interests. It may lead them to
focus on disabled children, which continually increases
the mother’s stress (53). Therefore, multidisciplinary care
should be provided for patients with CL/P. Surgical cor-
rection of the facial disfigurement and rehabilitation of
functional deficits are the primary therapeutics provided
for developing the communicational competence of these
patients.

Training parents with disabled children to express pos-
itive emotions and use adjustment strategies could help
parents decrease their stress and improve their QoL. Based
on a study by Murthy, there is a direct relationship between
QoL improvement and better patient care (52). Moreover,
a positive relationship was observed between children’s
externalizing problems and parental negative emotions.
This finding was confirmed by similar studies (54, 55).

Since the QoL of families with CL/P children may de-
crease due to the pressure caused by extra financial costs of
nutritional and medical management of the children (56),
the assessment of the approaches reducing the concerns
and stress of parents through other ways is critical. The
teamwork treatment is suggested as a standard approach
for patients with CP in most regions of the world (56, 57).
This approach can help parents receive more information
on their children’s health conditions. Therefore, the par-
ents can decrease their parental concerns regarding their
children’s health by establishing a close relationship with
an interdisciplinary team of specialists (58). A study by
Khanchezar et al. assessed the effect of teamwork treat-
ment on the QoL of mothers with CL/P children in Iran. In
the study mentioned above, higher scores were shown in
five subscales of the QoL in mothers of the teamwork group
than in the control group (34).

Iran ] Psychiatry Behav Sci. 2022; 16(2):e113591.

Social supportis considered a protective factor against
the adverse effects of chronic stress, playing an essential
role in helping families adjust to chronic illness (18, 47).
Close friendship could help mothers with CL/P children
against depressive symptoms. Consideration of national
and local culture plays a vital role in providing successful
care for neonates with CL/P (59). Due to the differences in
health care and culture in various geographic regions, con-
troversial findings are obtained on the QoL of parents with
CL/P children. Moreover, social support plays a vital role in
the prevention, resolution, and treatment of psychological
problems of parents with disabled children and can help
parents cope with difficult situations (18, 60).

4.2. Anxiety Status of Caregivers of Children with CL/P

Parents often report anxiety and feelings, such as fear,
guilt, and self-blame, especially mothers of children with
congenital malformations (17, 61).
ported conflicting emotions experienced by parents of
CL/P children. These conflicts are highlighted, especially
in the period from the CL/P diagnosis to primary surgery.
Mothers may be affected by the feelings of social exclusion
and stigmatizing reactions of others, which may increase
anxiety for their children’s future (62). On the other hand,
there is evidence of the interactive effect of stress and risk
of CL/P. The experience of psychological symptoms during
pregnancy in some mothers with CL/P neonates was re-
ported by Boztepe et al. (38). A higher risk of orofacial cleft
due to maternal stress during pregnancy was reported in
another study (63).

Grollemund et al. observed that children’s social with-
drawal is related to the level of stress and distress of the
mothers, not the severity of the medical condition (39).
This finding emphasizes the importance of the psychologi-
cal status of parents in social withdrawal behaviors in chil-
dren with CL/P. A study by Scheller et al. showed high
parental stress and physical and emotional strains among
mothers with CL/P children (40). In addition, Stock et al.
reported a higher stress level in both parents (mothers
and fathers) with CL/P children than in normal individu-
als. Furthermore, mothers’ worry about the condition’s
impact on their children and family was more remarkable
than normal individuals’. Stock et al. demonstrated a cor-
relation between positive life orientation and lower anxi-
ety levels among both mothers and fathers (41).

In a study by Boztepe et al., a higher stress score was re-
ported for mothers of neonates born with CL/P than moth-
ers with healthy children (38). They showed an association

Previous studies re-
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between the high mean parenting stress scores of moth-
erswith CL/Pnewborns and low mean social support scores
(38), confirmed by other studies (64, 65). Social support is
essential for effectively coping with stress (64). However,
it should be considered that the psychological conditions
of parents, including well-being, attitude, stress, and cop-
ing, are affected by individual cultural and belief systems
influencing parental perceived social support (27, 66). One
study showed thatreceiving substantial support from fam-
ily and friends by mothers of CL/P newborns decreased the
psychological problems and increased the rate of adapta-
tion to the situation (18).

It has been reported that the stress of caring for an im-
paired child can decrease via self-realization and partner-
ship emotional support (13, 67). Probability, mothers are
more vulnerable than fathers when exposed to problems
in the parenting domain (24). Based on the obtained re-
sults of some studies, the depression scores of fathers of
disabled children are lower than those of mothers (13, 68).
Anxiety disorders and depression are the most common
emotional disorders affecting women higher than men
(69, 70), although it seems that fathers with disabled chil-
drenreport fewer symptoms of psychological distress than
mothers (71). However, similar challenges regarding these
children were reported by mothers and fathers in some ex-
ploratory qualitative studies (72).

Some factors play essential roles in increasing parents’
stress with CL/P children. Parental reactions are differ-
ent depending on the time of CL/P diagnosis; accordingly,
mothers who learned of the diagnosis at birth have higher
stress than those who learned of the diagnosis before birth
(38). Kramer et al. showed that parents who were aware
of the neonates’ problem before birth had lower anxiety
and stress levels and could cope better with this situa-
tion than mothers who were unaware of this situation
(17). Difficulty in feeding is the main problem of mothers
with CL/P children, leading to inadequate nutrition, mal-
nutrition, and mortality in some cases (73). Moreover, a
higher level of parenting stress was reported in mothers
who could not breastfeed their newborns than in mothers
who could (38). Mothers who have difficulties feeding their
neonates may experience unpleasant feelings, including
inadequacy, guilt, stress, and anxiety (74).

Surgical correction of the facial disfigurement and re-
habilitation of functional deficits are the primary thera-
peutics provided for patients with CL/P. Boztepe et al. re-
ported higher stress scores among mothers of newborns
who had not yet undergone any surgery than those whose

neonates had undergone surgery (38). The considerable
effect of parental anxiety on attachment representations
and longer-term child development is undeniable. These
findings emphasize the necessity of psychological screen-
ing in the first few months following the diagnosis to facil-
itate providing appropriate psychological support for par-
ents with CL/P children (71).

4.3. Depression Status of Caregivers of Children with CL/P

In a study carried out by Stock et al., higher levels of
depression were reported among mothers with CL/P chil-
dren than in normal individuals. The result mentioned
above was not confirmed for fathers. Moreover, Stock et al.
showed a correlation between positive life orientation and
lower levels of depression for both mothers and fathers
(41). Higher levels of depression in mothers with CL/P chil-
dren than in normal individuals were confirmed by other
similar studies (24, 37).

Weigl et al. showed a higher score of depression in
mothers with CL/P children than in those with normal chil-
dren (8). Other studies demonstrated that most mothers
with CL/P children were screened positive for depression
(20, 22). In another study by Kumar et al., there was a
correlation between behavioral problems of CL/P children
and depression of their parents (both mothers and fathers)
(23). Moreover, Yilmaz et al. showed higher maternal de-
pression than paternal one (35).

In a study by Grollemund et al., socioemotional prob-
lems of these children were related to postpartum depres-
sion of parents. In the study mentioned above, the Edin-
burgh Postnatal Depression Scale, Parenting Stress Index,
and Impact on Family Scale were used to evaluate the psy-
chological status of parents. However, the depression of
parents decreased after surgical correction of their chil-
dren (39). This finding showed that the depression and
stress of parents with CL/P children are not stable and prob-
ably are temporary ssues. In this regard, the resilience of
both children and parents is essential (75).

Parents with CL/P children have many challenges, in-
cluding accepting and observing this cleft mouth for the
first time at birth, nutritional problems, and coping with
the child’s discomfort after surgery and stress of the first
anesthesia. This issue may increase the stress of mothers,
thereby increasing depression. In this regard, the screen-
ing of the parents for the symptoms of depression at the
time of their children’s first evaluation is essential. How-
ever, it seems that there is no sufficient information on the
topic.
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4.4. Risk of Bias

Although the study provides valuable data on the men-
tal health of caregivers of children with CLP, some limita-
tions are reported in reviewed studies. Moreover, although
all studies were prospective, a bias due to the selection of
participants was observed in two-thirds of them because
the samples were randomly selected. This issue could be
described due to the limited population of patients with
CLP, which could reduce the reliability of our study. On the
other hand, bias due to the measurement of intervention,
bias due to confounders, and selective reporting were re-
ported in a few studies. Bias due to missing data and in-
complete outcome data were observed in less than 30% of
studies. Based on the information mentioned above, the
risk of bias in the present study is low with a good quality
assessment.

5. Conclusions

Due to the differences in health care and culture, con-
troversial findings were obtained on the QoL of parents
with CL/P children. Social support plays a vital role in
the prevention, resolution, and treatment of psychologi-
cal problems of parents with CL/P children. The majority
of studies confirmed the higher levels of anxiety and de-
pression in caregivers of children with CL/P. These findings
emphasize the necessity of psychological screening in the
first few months following the diagnosis to facilitate pro-
viding appropriate psychological support for parents with
CL/P children.
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