Case Reports

Congenital esophageal stenosis and antral web

A new association and management challenge
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Congenital esophageal stenosis is a rare condition that
may be associated with other anomalies. Antral web is
also a rare congenital condition. Association of both
conditions is extremely rare. We present this rare
association in preterm baby in whom initially misdiagnosis
of esophageal atresia and trachea-esophageal fistula then
followed by a dilemma in differentials diagnosis to
explain the uneventful postoperative recovery. The aim of
this report is to highlight the diagnostic and therapeutic
difficulty of this rare condition.
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Congenital esophageal stenosis (CES) is associated
withothercongenitalanomaliesinup to 33% of cases
and the esophageal atresia (EA) and tracheoesophageal

fistula (TEF) is the most common association.!” The
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aim of this case report is to highlight the diagnostic and
therapeutic difficulty of these conditions.

Case Report. A preterm baby girl, second twin,
was born at the 31st week of gestation and weighing
1.14 kilograms. She developed respiratory distress
after birth. Excessive frothing was noticed and a 10
French size catheter was passed, but obstructed at 12
centimeters from the upper lip. Radiograph film shows
dilated proximal esophagus and gaseous abdomen. The
case was diagnosed as EA with TEF and underwent
thoracoscopic repair. Intraoperatively, there was no
fistula; instead, an esophageal stenosis was noted. The
stenotic area was located with the help of orogastric
tube. Resection and primary anastomosis were carried
out. On the sixth postoperative day, an esophagogram
showed no leak and good progression of the contrast
through the anastomotic site. The pathology report
was consistent with pin hole membranous esophageal
stenosis (Figure 1). When feeding started, the baby did
not tolerate and developed severe gastroesophageal
reflux, choking, and recurrent aspiration. Maximum
medical treatment failed to control the reflux.

Abdominal radiograph showed a distended gas-filled
stomach (Figure 2). Ultrasound showed a normal pylorus.
We suspect a congenital gastric outlet obstruction for
which upper gastro-intestinal study was performed,
but failed twice due to life threatening aspiration, and
with limited evaluation show dilated stomach and
severe gastroesophageal reflux disease (GERD), but
the contrast material passed through the antrum and
pylorus to the duodenum, and there was no evidence
of malrotation. Laparotomy was performed with the
intention to look for a surgical cause of obstruction and
for antireflux procedure. Intraoperatively, there was an
antral mucosal diaphragm with a central fenestration
(Figure 3); the valve was excised. Postoperatively, the
feeding was successfully tolerated gradually until
reaching full oral feeding within one month. She was
followed up at an outpatient clinic with no complaints
and progressive weight gaining.
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Figure 1 - Microscopic picture (hematoxylin and eosin) of the resected
stenotic esophageal segment. Note the narrowed lumen (white
arrow) and significant muscular hypertrophy (black arrow) of
the esophageal wall.

Figure 2 -Plain abdominal radiograph shows gastric distension (white
arrow) with no evidence of bowel obstruction (black arrows).

Discussion. Although CES is an infrequent entity,
but many cases have been reported during the last
years. Its incidence falls between 1 per 25,000 and 1 per
50,000 live births and the incidence is higher in Japan
although the reason for this is unknown.'”? Congenital
esophageal stenosis defined as an intrinsic stenosis caused
by a congenital malformation of esophageal wall that
is not necessarily symptomatic at birth. They classified
the etiology as: 1) tracheobronchial rests (TBR); 2)
a membranous diaphragm (MD); and 3) segmental
hypertrophy of muscularis and diffuse fibrosis of
submucosa (FMS); the stenosis due to TBR is the most
common, while the MD is the least common variety.*
Congenital esophageal stenosis is associated with other
congenital malformations in approximately 17-33%
of cases; EA and TEF being the most prevalent. Other
malformations include cardiac anomalies, congenital

Figure 3 -Intraoperative picture of the antral web with tube passed
through it (white arrow).

microgastria,  congenital  duodenal  obstruction
(atresia, web, annular pancreas and duplication),
intestinal malrotation, intestinal atresia, anorectal
malformations, diaphragmatic hernia, asplenia, celiac
disease, vesicoureteral reflux, microophthalmos with iris
coloboma, Goldenhar syndrome, Down’s syndrome and
other chromosomal anomalies.'” We add antral web to
this spectrum of anomalies. Resection of the membrane
is usually the only treatment available for a complete
esophageal membrane. For incomplete membranes,
endoscopic incision of the membrane using cautery or a
laser should be possible and dilatation of the web with
various instruments has been reported.® Congenital
gastric outlet obstruction (GOO) in a newborn is a
relatively rare condition. This may be caused by a pyloric
membrane/web, pyloric atresia, or antral membrane/
web.” The Antral webs are thin, fenestrated diaphragms
with bilateral mucosal surfaces lacking a supporting
muscular layer; they are typically located 1-2 cm from
the pylorus. Depending on the size of the fenestration,
they have been associated with varying degrees of gastric
outlet obstruction. There are several reports of older
children experiencing early satiety and pain without
vomiting secondary to non-obstructive antral webs.'
In contrast, our case presented early in neonatal period
with obstructive antral web, which not detected even by
radiological study.

We conclude that if the CES has been treated and
the patient still symptomatic there should a suspicion
that another distal obstructive anomaly is present.

References

1. Elhalaby EA, Elbarbary MM, Hashish AA, Kaddah SN, Hamza
AF. Congenital esophageal stenosis: to dilate or to resect. Annals
of Pediatric Surgery 2006; 2: 2-9.

2. Martinez-Ferro M, Rubio M, Piaggio L, Laje . Thoracoscopic
approach for congenital esophageal stenosis. J Pediatr Surg
2006; 41: E5-E7.

Saudi Med J 2010; Vol. 31 (10) 1167

WWW.Smj.org.sa



1168  Saudi Med J 2010; Vol. 31 (10)

Congenital esophageal stenosis and Antral web ... A-Tokbais & Ahmed

. Amae S, Nio M, Kamiyama T, Ishii T, Yoshida S, Hayashi Y,
et al. Clinical characteristics and management of congenital
esophageal stenosis: a report on 14 cases. J Pediatr Surg 2003;
38: 565-570.

. Ramesh JC, Ramanujam TM, Jayaram G. Congenital esophageal
stenosis: report of three cases, literature review, and a proposed
classification. Pediatr Surg Int 2001; 17: 188-192.

. Zhao LL, Hsieh WS, Hsu WM. Congenital esophageal stenosis
owing to ectopic tracheobronchial remnants. J Pediatr Surg
2004; 39: 1183-1187.

. Takamizawa S, Tsugawa C, Mouri N, Satoh S, Kanegawa K,
Nishijima E, et al. Congenital esophageal stenosis: Therapeutic
strategy based on etiology. J Pediatr Surg 2002; 37: 197-201.

7.

10.

Sharma SC, Menon P. Congenital microgastria with esophageal
stenosis and diaphragmatic hernia. Pediatr Surg Int 2005; 21:
292-294.

. Chao HC, Chen SY, Kong MS. Successful treatment of

congenital esophageal web by endoscopic electrocauterization
and balloon dilatation. J Pediatr Surg 2008; 43: e13-¢15.

. Pratap A, Tiwari A, Agrawal CS, Shreshta B Anchal N,

Shakya VC. Antral mucosal valve: a rare cause of gastric outlet
obstruction in newborn. J Pediatr Surg 2006; 41: 856-858.
Noel R], Glock MS, Pranikoff T, Hill ID. Nonobstructive antral
web: an unusual cause of excessive crying in an infant. J Pediatr
Gastroenterol Nutr 2000; 31: 439-441.

Related topics

2010; 31: 1057-1058.

Aljuaid EE, Alshehri FM. Congenital unilateral nasal aperture stenosis. Saudi Med J

Jurko A Jr, Minarik M, Minarikova E, Nagi AS. Neurofibromatosis associated with
hypertrophic cardiomyopathy. Saudi Med J 2010; 30: 935-936.

Omeish AF, Abbadi HH, Ghanma IM, Botoosh FA, Shwabkeh MK. Frequency of renal
artery stenosis among cohort of Jordanians undergoing drive-by renal angiography at
time of conventional cardiac catheterization. Saudi Med J 2009; 30: 1459-1464.

WWW.Smj.org.sa



