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CASE REPORT

Oesophageal duplication cyst presenting as haemoptysis

Noureen Afzal,' Syeda Ezz-e-Rukhshan Adil,2 Ammara Mushtag,® Arshalooz Rahman,* Muneer Amanullah>

Abstract

Duplications of the alimentary tract include a variety of cysts,
diverticula, and tubular malformations, all believed to have
embryological origin. The cysts are most commonly found in
children, and the diagnosis is made in infancy in the majority of
patients. We report a case of a two-and-a-half year old child,
presenting with the history of repeated episodes of
haematemesis. Upper Gl endoscopy was unremarkable and
the chest x-ray showed no pathology. Computed tomography
(CT) angiogram revealed soft tissue density lesion in the right
chest at the level of T6. Right thoracotomy suggested a cystic
mass close to the oesophagus which was shown on
histopathology to be lined with gastric mucosa consistent with
oesophageal duplication cyst. To the best of our knowledge,
this is the first case of its kind reported from Pakistan.
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Introduction

Duplications of the alimentary tract are rare malformations
reported in 1 out of every 4500 autopsies.3 They present as
cysts or diverticula, found in variable locations and sizes, and
present with variable symptoms. The exact origin of such
congenital abnormalities still remains unknown, even though
several explanations have been offered because of variability
in site and size.! Although Fitz had used the term intestinal
duplication in 1884, it was Ladd who popularised it in the
1930's and described the three characteristics of this
anomaly: having an internal lining similar to a part of
alimentary tract; presence of a smooth muscle layer; and close
proximity to a part of the alimentary tract.2 Duplications are
classified as either cystic or tubular and are predominately
located on the mesenteric border sharing a common blood
supply with the adherent tract.3

Gastrointestinal duplication cysts frequently involve the small
intestine, while gastricc duodenal, rectal and
thoracoabdominal presentations are uncommon.# Thoracic
and thoracoabdominal duplications constitute about 10-20%

©000000000000000000000000000000000000000000000000000000000 0

Department of Paediatrics, Aga Khan Secondary Hospital, Karimabad, 233rd
Year Medical Student, Dow Medical College, Dow University of Health Sciences,
4Department of Paediatrics, *Department of Surgery, Aga Khan University
Hospital, Karachi.

Correspondence: Noureen Afzal. Email: n_afzal1@yahoo.com

Vol. 63, No.5, May 2013

of all duplication cysts.> Foregut cysts can be classified into
three variants: bronchogenic, intramural oesophageal and
enteric. To date, no case of enteric variety of oesophageal
duplication has been reported in Pakistan.

We report here a case of enteric duplication cyst presenting as
oesophageal duplication in the posterior wall of right pleural
cavity in a two-and-half year-old child.

Case Summary

A two-and-a-half year-old child presented with complaints of
repeated episodes of haematemesis since the age of 3
months. There was no associated history of fever or jaundice,
nor any family history of chronic illnesses like tuberculosis or
hepatitis. The parents consulted multiple doctors for the
complaint, and he was extensively worked up for chronic liver
disease and portal hypertension. Complete blood count was

Figure-1: (T angiogram suggesting paraspinal mass in the right chest.
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Figure-2: Transverse CT showing duplication cyst.

normal with normal platelet count. All laboratory
investigations were normal including liver function tests (LFTs)
and coagulation profile: LFTs showed total bilirubin of 0.6
mg/dL with direct component of 0.1 mg/dL; SGPT was 11 w/L;
and alkaline phosphatase was 74 U/L. Ultrasound Doppler of
the abdomen was performed but failed to show ascites or
evidence of portal hypertension. Upper endoscopy ruled out
oesophageal varices or any other cause of haematemesis. On
examination, the child appeared weak and there was failure to
thrive with height and weight less than the 5th percentile. He
was moderately pale, and vital signs showed mild respiratory
distress (48 breaths/min). There were no peripheral stigmata of
chronic liver disease. CT angiogram failed to show the source
of Gl bleeding. However, there was a suggestion of paraspinal
mass in the right chest with a well-defined nodule in the
adjacent lung parenchyma (Figure 1 & 2). Right thoracotomy
was performed after a failed biopsy. A cyst was found adherent
to the parietal pleura which was not communicating with the
oesophagus. There was also a large lymph node obstructing
the right lower lobe bronchus. The cystic mass and the lymph
node were completely dissected, separated and excised.
Histopathology confirmed the diagnosis of the cystic mass to
be compatible with oesophageal duplication cyst with gastric
mucosa. The child was discharged after two days in a stable
condition. Growth and weight improved rapidly during follow-
up. No further episodes of haemoptysis or haematemesis have
occurred at a follow-up of one year.

Discussion

Oesophageal duplication is a rare presentation and has a
reported incidence of 1 in every 8000 live births.> Gastroenteric
duplication cysts are detected fairly earlier, mostly in the first
year of life.6 In our case, the cyst was detected in a two-and-a-
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half year-old child. Cases of oesophageal duplication cysts in
adults have also been reported in the literature.”8 A recently
reported case of oesophageal duplication cyst was diagnosed
at 6 months of age with the presentation of "inspiratory stridor
and dyspnoea!”® Another case in a 4 year-old girl, who
presented with cough and low-grade fever, was reported in the
right paratracheal region.'® Most duplication cysts of the thorax
present on the right side rather than on the left as in our case.

Asymptomatic presentations in oesophageal duplication cysts
are not a rare event,6 unlike the case reported here. The patient
was found with mild respiratory distress with haemoptysis as
the major presenting complaint. Haemoptysis most commonly
occurs for cysts in the thorax adherent to the lung or pleura.

In most cases of oesophageal duplication, associated
congenital abnormalities are commonly reported such as
mental impairment, Meckel's diverticulum, hernias,
oesophageal atresia, etc.8 However, no such association was
encountered in our patient.

As recommended in duplication cysts, surgical excision was
performed in this child. The recovery was uneventful and no
further episodes of haemoptysis or haematemesis have occurred
in a year of follow-up as has been in case reported by Gupta et al.?

Conclusion

Duplications of the alimentary canal are rare malformations
which present as cysts or diverticula. Gastroenteric
duplication cysts are detected in the early years of life, with
surgical excision as the recommended treatment, as was
performed successfully in our case.
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