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Abstract
Gastroschisis is a malformation of the abdominal wall like omphalocele. In
most cases, gastroschisis is isolated. But in some cases, we find malformations, essentially minor and concern gastrointestinal or genitourinary systems. Association with craniofacial congenital midline defects is uncommon.
We report 3 cases of association between gastroschisis and cleft lip and palate
for the benefit of the scientific community. Two 0-day-old and a 1-day newborns were admitted in our institution for malformation of face and abdominal wall. The physical examination confirmed the association of gastroschisis and cleft lip and palate. The patients underwent primary closure. Other malformations could not be sought until all patients died.
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1. Introduction
Gastroschisis is an abdominal wall defect presenting in the majority of cases to
the right of the umbilical cord. It is thought to result from an ischemic insult to
the developing body wall. However cases of left-sided gastroschisis have been
reported. The incidence of gastroschisis ranges between 0.4 and 3 per 10,000
births [1] [2]. Etiology of this abdominal wall defect is unknown. Associated pathologies are around 10% and most of the anomalies are in the gastrointestinal
tract [3]. Other malformations are uncommon. The association with cleft lip and
palate is rarely described in literature. The objective is to report 3 cases of Gastroschisis associated with cleft lip and palate, which is not frequent and management difficulties in our condition at Treichville Teaching Hospital of Ivory
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Coast.

2. Case Reports
2.1. Case 1
A female newborn has been received at 9 hours of life for a congenital abdominal
and facial malformation. She was born of a non followed pregnancy, without ultrasound and prophylaxis. The baby was delivered at term in cephalic presentation. After finding the facial and abdominal malformation, the newborn was referred in our service.
We noted a hypothermic neonate (35˚C) with cyanosis and a weight of 2300 g.
A bilateral cleft lip and palate and gastroschisis with a defect of 4 cm to the right
of the umbilical cord was found in respiratory distress (Figure 1). Meconium
has been emitted during the physical examination. No other congenital anomalies were found and Laboratory exam (serum electrolytes, blood count) was
normal.
It was admitted in neonatology. Primary closure of gastroschisis was successful with abdominal tension (Figure 2). Nutrition by amino acids and glucose
serum 10% was instituted.
The newborn died on the fifth day in a context of sepsis with respiratory distress.

Figure 1. Gastroschisis with bilateral cleft lip and palate.
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Figure 2. Primary closure ((a) During integration; (b) Post operative image).

2.2. Case 2
A female newborn has been received at 4 hours of life for a congenital malformation. Pregnancy was followed, with ultrasound, tetanus and malarial prophylaxis. An antenatal ultrasound was performed and was normal. The baby was delivered normally at full term with a weight of 3150 g. APGAR score was 3-4-6 in
10 minutes. Malformations were observed by the midwife at the birth. She was
first resuscitated and then addressed to us.
Physical exam showed a newborn with a bad general impression, with archaic
reflexes absent, cyanotic, with severe bradycardia. Also two congenital malformations are diagnosed, such as left cleft lip and gastroschisis with a defect of 4
cm to the right of the umbilical cord. No other congenital anomalies were found.
No meconium emitted. Laboratory exam (serum electrolytes, blood count) was
normal.
In emergency, it was admitted in resuscitation room for management with
closing of the bowel by sterile glove. The newborn died 4 hours later in a context
of brain suffering.

2.3. Case 3
A 1-day-old boy was admitted for a malformation of the face and abdominal
wall. Mother age was 25 years and it was her first childbirth. The prenatal pregnancy follow-up was uneventful, and the obstetric ultrasound was normal. The
baby was delivered normally at term and addressed to our service but arrived the
next day without special care.
Physical exam showed bilateral cleft lip and palate associated to gastroschisis
with a defect of 3 cm to the right of the umbilical cord (Figure 3). Laboratory
exam (serum electrolytes, blood count) was normal.
A primary closure of gastroschisis was successful, and the cleft lip and palate
repair was programmed after three months.
The patient died at 15 days of age, due to a problem of parenteral nutrition
and sepsis. Other malformations have not been researched.
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Figure 3. Gastroschisis associated to bilateral cleft lip and palate.

3. Discussion
Gastroschisis is abdominal wall malformation which occurs late in embryonic
development. It occurs after normal reintegration of bowel. The abdominal wall
is well formed between the 10th to 12th week, and the intestine returns to the
abdominal cavity [4]. Many controversial theories have been proposed. Mesodermal body wall deficiency and vascular disruption are more accepted. It results
from all that, generally gastroschisis is felt to have a very low rate of associated
malformation and less gravity. The associated anomalies usually reported including: intestinal stenosis or atresia [5], undescended testes, Meckel’s diverticulum, and intestinal duplications. Chromosomal abnormalities are unusual [6]
[7].
Unlike gastroschisis, omphalocele occurs early without first reintegration. Because of this early onset, it is associated with various other malformations of all
systems in 50 à 70%. Chromosome anomalies (trisomy 13, 14, 15, 18, and 21),
Cardiac defects (atrial or ventricular septal defects, ectopiacordis, coarctation,
tricuspid valve atresia), cryptorchidism, gastroesophageal reflux, macrosomia,
neural tube defects, and musculoskeletal anomalies are regularly present. It can
be associated in syndrome such as Beckwith-Wiedemann syndrome [8] [9] [10].
Association between cleft lip and palate with gastroschisis is uncommon and
rarely described in the literature. The both pathologies are not the same period
of appearance. In fact the face is fully formed by the eighth week. Teratogens
(ethanol, thalidomide, phenytoin) exposure and environmental factors (Amniotic banding, maternal diabetes, maternal folate deficiency, smoking) have also
been linked to cleft formation. Cleft lip and palate is reported to occur in approximately 1 in 700 live births. This prevalence varies according to the race,
geographic origin, infant sex and the family’s socio-economic status [5]. It can
be associated with other anomalies including: cardiovascular (24% - 51%), musDOI: 10.4236/ojped.2019.91001
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culoskeletal, facial dysmorphia or genitourinary system disturbance. Cleft cases
are syndromic in 15% and are found in over 400 syndromes [11] [12].
The rare association of gastroschisis and cleft lip and palate should be explored in search of favoring factors or chromosomal malformations. Thus new
syndromic associations could be highlighted. This association may be a coincidental occurrence. But a teratogenic effect may be responsible. In our study, the
rapid death of the 3 patients did not allow to explore them.
The success of gastroschisis management is around 100% in developed countries [13]. In our context, with a silo unavailability and a lack of parental nutrition, the survival remains at 0%. With the modern hospital dedicated for children in our country, we hope for a better prognosis.

4. Conclusion
Gastroschisis, abdominal wall defect, is an isolated malformation in the most of
cases. The associated malformations usually reported concern the digestive tract.
The association with cleft lip and palate although still rare must to be explored in
front of the growing incidence. Other syndromic associations could be revealed.
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