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ABSTRACTABSTRACTABSTRACTABSTRACTABSTRACT

Enteric duplication cysts occurring in tongue is rare. They present with feeding difficulty and rarely with respiratory distress. A one day old 

male baby presented with swelling in the oral cavity, interfering with feeding and inability to close the mouth. Under general anesthesia, 

subtotal excision was done and histopathology was gastric duplication cyst of fundic variety. 
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Gastro-Intestinal duplications can occur anywhere from 
mouth to anal cavity, but one occurring in tongue in a 
neonate, is very rare. First published by Duncan and 
Daniel in 1942(2), this probably will be the 10th case in 
literature being reported. They occur due to entrapped 
endodermal cells during development. They usually 
present in the neonatal period and surgical excision is 
curative. We present a case of duplication cyst of tongue, 
which was excised sub totally and the baby is on follow 
up for recurrence. 

CASE REPORT 

A 1 day neonate, weighing 2.5 Kg, was brought with 
swelling in the oral cavity, with difficulty in feeding. 
Examination showed that the baby’s mouth was wide 
open, due to a 4x5 cms cystic non-transilluminant mass 
occupying the entire oral cavity [Figure 1]. The origin of 
the swelling was difficult to ascertain, but was occupying 
the ventral aspect of tongue and pushing the dorsum of 
tongue upwards towards the palate. Clinically, a 
provisional diagnosis of mucus retention cyst or 
lymphangioma, was made. Pre-operative sonography of 
the swelling revealed a multiloculated cystic swelling with 
septations, probably suggestive of lymphangioma or a 
ranula. Surgical excision of cyst was planned. Under 
general anesthesia with awake orotracheal intubation, 
which was difficult as anticipated, sub mucosal partial 
excision of cyst was done, taking care to avoid injury to 
the sublingual salivary gland ducts. The cyst was arising 
from the ventral surface of the tongue, involving part of 
the lingual musculature and extending posteriorly, 
probably beyond base of tongue and hence it couldn’t be 

completely excised. Cut section showed it to be a 
multilocular cyst with turbid fluid. The baby was 
extubated on table and postoperatively it was maintained 
on naso-gastric feeds. Oral feeds were started on the 6th 
day. Histopathology of the lesion revealed it to be a 
multicystic structure, composed of columnar epithelial 
lining of gastric fundus variety, with smooth muscle and 
connective tissue, suggestive of gastric duplication cyst 
[Figure 2]. On follow-up after 2 months, the baby is 
doing well and there has been no recurrence. 

DISCUSSION 

Gastro-Intestinal duplication, is a true congenital 
anomaly. Alimentary tract duplications are cystic or 
tubular structures, lined by normal gastrointestinal 

Figure 1: Photograph showing a neonate with open mouth due to a 
cyst in the tongue 
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Figure 2: Histopathology under high power showing columnar gastric 
epithelium of fundic variety and smooth muscle 

mucosa.[1] These can occur anywhere from mouth to anus, 
the ileum being the commonest site. The criteria for 
duplication are - they are firmly attached to part of 
alimentary tract, have a well developed blood supply, often 
sharing with its normal viscus and their epithelial lining 
always resembles some part of the alimentary tract, most 
often, the adjacent viscus. First published by Duncan 
and Daniel in 1942, foregut duplications occurring in 
tongue are quite rare, with very few cases reported in 
literature.[2] They can be lined by gastric, intestinal, 
colonic, or respiratory epithelium. Lingual foregut 
duplications arise from endodermal cells that become 
trapped during the process of fusion of lateral lingual 
swelling (distal tongue bud) and tuberculum impar 
(median tongue bud), in a 3-4 mm embryo. Various 
synonyms do exist, like enterocystomas, choristomas, 
gastric heterotropia, etc. In the tongue, enteric 
duplications in 60% of cases reported, occurring in the 
anterior 2/3rd .[2] They can present from day one of life to 
any age and have also been discovered prenatally.[3,4] They 
can be monolocular or multilocular cysts. They are usually 
seen in the neonatal period with enlarged tongue, 
interfering with feeding and rarely interfering with 
breathing.[5] These lesions are more common in males.[2] 

Rarely they can get infected, develop hemorrhage, or 
rupture causing asphyxia.[2] The cyst can also ulcerate 
and may present as a sinus due to presence of parietal 
cells.[6] Evaluation of the neonate should include high 
resolution ultrasound with doppler, in which a 

nonvascular unilocular or multilocular cyst, would be 
seen. CT scan and MRI scan are useful in older children 
and adults, but may be difficult in neonates, as sedation 
may lead to respiratory compromise.[2] Differential 
diagnoses include lymphangioma, ranula, hamartoma, 
teratoma, dermoid cyst, etc. 

Ideally one should go for complete surgical excision as 
it is the definitive treatment and this should not be 
delayed, as respiratory compromise is imminent.[5] Oro
tracheal Intubation in these babies is difficult, as 
retraction of tongue and visualization of glottis is 
hampered, because of lack of space in the oral cavity 
and hence, the need for Naso-tracheal intubation or 
tracheostomy may arise.[7] Excision of the cyst should 
be complete and can be accomplished using cautery or 
laser. Cases are reported, where having diagnosed 
prenatally, ex-utero intrapartum (EXIT) treatment has 
been done.[7,8] If the child presents acutely with 
respiratory difficulty, emergency aspiration of the cyst[7] 

with subsequent excision at a later date, can be done. 
If completely excised, the cosmetic and functional 
outcome is good.[9] 
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