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SUMMARY : In this report, we present a nineteen-month-old bov. vwho referred 1o our clinie for

vomiting and failure to thrive. At the operation, there was a hard tissue resembling cartilage at the distal

esophagus. The patient undenvent esophagocardionivotony, extranncosal excision of the strictire and

Gavrilu procedure.
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INTRODUCTION

Various causes ol congenital esophageal steno-
sis have been reported. one of which is the trachcob-
ronchial rest. Most of the patients presented with
isolated lesions. and Dceiraniva reported the first
ones associated with esophageal atresia and trache-
oesophageal Tistula (1), We report a nineteen-
month-old boy who became symptomatic at the age
ol six months. He was operated on with the
prediagnosis ol achalasia. and a trachcobronchial

remnant was encountered during the operation. Our

aim is (o discuss this case in the light of the relevant
literature.

CASE REPORT

A nineteen-month-old boy was admitied (o our
clinic with vomiting alter cach feeding and lailure
to thrive. His complaints began at the age of six
months when semisolid and solid Tood were
introduced into his diet. He had been treated several
times for repeated pulmonary infections. Esopha-
gogram laken during the scarch of the recurrent
pncumonia showed stenosis at the distal esophagus

/

with proximal dilatation. and the patient was <en
(o our ¢linic with the prediagnosis ol achalasia
(FFig. 1.

On physical examination. no pathological tin
dings were observed other than his pereentile line o
10-25 9 in weight. Esophageal pH monitoring e

Fig - 1 Preoperative esophagograny.



vealed no evidences of gastroesophageal reflux.

Laparotomy was performed with the prediag-
nosis of achalasia. A hard tissue on the anterior por-
tion of the distal esophagus which was resembling
cartilage. was palpated. Extramucosal excision ol
this crescent-like 1.5 x 0.5 em lesion was done with
csophagocardiomyotomy. and the gastric fundus
was sutured Lo the edges ol the myotomy line sepa-
rately (Gavrilu procedurce).

Lsophageal mucosa was perforated iatrogeni-
cally during the excision of the structure and repai-
red with interrupted sutures.

Histological examination ol the resected speci-
men showed that it consisted of cartilaginous tissue
and mucus glands (Fig. 2).
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Fig - 2 ¢ Histological appewrance of the reseeted specimen.

Some postoperative leakage occured from the
repatred mucosa and was treated conservatively.
On the 38th postoperative day, relaparotomy was
performed with the prediagnosis of adhesive intes-
tinal obstruction and the bands were relcased. The
arca of the Tormer operation and the esophagogasi-
ric junction was normal.

In the follow-up period. esophageal pH monito-
ring showed no gastroesophageal reflux, and the
passage was normal in contrast radiograms.

DISCUSSION

Frey and Duschl (1936) reported the first case of
esophageal stenosis due (o heterotopic tracheob-
ronchial tissue in a nineteen-year-old girl who died
with the diagnosis of achalasia. Approximately 150
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[urther cases have been reported throughout the
world until today (1. 6). Congenital ecsophageal ste-
nosis (CES) is a rarc anomaly. According 1o Nihoul
and Fekete. CES is an intrinsic stenosis ol the
csophageal wall: generally not symptomatic at
birth. They classily the ctiology as @ |-
tracheobronchial rest (TBR) (cartilage. respiratory
mucus glands and/or cilliated epithchivmy. 2

amembraneous  diaphragm. 3- scgmentary
hypertrophy ol the muscularis and diffuse fibrosis
ol the submucosa (fibromuscular stenosisy (3). The
incidence of CES with esophageal atresia (A and
the more distal location of CES caused by TBR can
be explained on an embriological basis as the
sequestration of trachcobronchial anlage betore e
separation of the respiratory tract from the
csophagus and the caudal movement ol the
csophagus by a differcntial growth (2. 3. 5. 6.
Cartilaginous tissuc. mucus glands and respiratory
epithelium can be found histologically in TBR in
different combinations (1. 2. 3. 5). Cartilaginous
tissue and mucus glands werce encountered on
histological examination of the specimen excised
in our case. Symptoms usually start in carhy
infancy. patients presenting with progressive
dysphagia and vomiting after solid lood is introdu-
ced into the diet (2. 4. 6). Recurrent respiratory in-
fections. probably as a result ol aspiration pncumo-
nitis were reported in a number ol cascs. The diag-
nosis of CES associated with EA begins with a high
index ol suspicion. It is important to verify patency
ol the distal esophagus at the time of the primary
anastomosis by passage ol a tbe to the stomach int-
raoperatively. Early symptoms also include aspira-
tion manifesting with recurrent pneumonia or ap-
nea. Failure to thrive can also be an important mani-
festation of a TBR due to nutritional insulTiciency.

Although symiptoms usually start in carly in-
fancy. delay in diagnosis is common. Radiographic
contrast studies typically show a narrow stricture a
lower esophagus. The esophagus above the stenotic
segment is dilated and olien has poor peristaltic ac-
tivity. An evidence of GER cannot always be cnco-
untered in contrast studics. Esophageal pH monito-
ring was normal and GER was not observed in our
case. A stenosis ined by normal esophageal muaco-
saat the distal part ol the esophagus can he seen al
csophagoscopy. The complaints of our patient had
started at the age of six months. and alter repeated
pulmonary infections. he was operated on with the
prediagnosis ol achalasia. In the treatment of TBR.
dilation and bouginage offer only a transicnt



benelit. Primary resection of the stenotic segment
in annular stenosis and end-to-end anastomosis or
colonic transposition is recommended as definitive
treatments (6). Extramucosal excision of the rem-
nant is a choice of treatiment in crescent-shaped lesi-
ons. As the lesion was on the anterior portion of the
csophagus and there was no need Tor an esophageal
rescction, we prelerred this tvpe ol operation. Diag-
nosis can only be confirmed by histological exami-
nation ol the resected specimen. The discase should
not be overlooked and surgeons must alwayvs consi-
der the probability of o TBR in similar cases.
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