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ABSTRACT
A 14-year-old boy presented with complaints of a sinus in the middle of neck, with mucoid discharge present since
birth. MRI sinogram along with MRI neck was taken which revealed a sinus tract opening in midline, extending
posteriorly and traversing inferiorly to end blindly above sternum. Patient was planned for an elective excision of
sinus tract, with z-plasty for decreased scarring. Congenital midline cervical cleft is a rare entity that was first
described in 1924. Subsequently there have been fewer than 100 cases reported in medical literature. It typically
manifests at birth as a cleft at level of suprasternal notch with a pseudonipple above it. Pathogenesis of congenital
midline cervical clefts remains speculative. Differential diagnosis includes thyroglossal duct cysts or branchial cleft
anomalies.
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INTRODUCTION
The most common diagnoses which come to mind when
thinking of a midline neck lesion are dermoid cyst,
thyroglossal duct cyst or lymphadenitis. Here we report a
case of a patient presenting with a sinus over the midline
of neck, present since childhood. It was clinically
assumed to be a thyroglossal duct cyst, however these
rarely present as a sinus, unless infected.1 Further
evaluation revealed a branchial cleft anomaly, which
generally present as lateral neck aberrations. However, in
this case the defect was due to impaired fusion between
arches of either side.
CASE REPORT
A 14-year-old boy presented with a small fissure over
front of neck since birth which was gradually increasing
in size with mucoid discharge from it. There was no
history of pain. No history of trauma or previous
surgeries was present. On examination, patient was

conscious, oriented, afebrile, well-built and nourished.
Vitals were stable. On local examination a linear fissure
was seen vertically in anterior aspect of neck, of length 1
cm. A small opening was present at its inferior aspect of
size 1 × 1 mm, floor not made out. Mucoid discharge was
present. At the superior aspect a globular swelling of size
7 × 7 mm was present, with normal skin above. On
palpation, no warmth or tender present, no induration felt
about the fissure or external opening. The swelling at
superior aspect was soft, non-fluctuant, noncompressible, non-transilluminant and immobile. No
other swellings palpable in neck.
Hemogram, renal and liver function tests, serum
electrolytes were within normal limits. X-ray sinogram
revealed spread of contrast inferiorly - a sinus tract of
length 2 cm. Ultrasound scan of the neck confirmed a
normal thyroid gland. MRI Neck showed a tract of length
1.8 cm extending downwards from external opening,
traversing posteriorly in subcutaneous plane, ending
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blindly just above manubrium with a skin tag present at
superior aspect.

Biopsy report showed a sinus tract lined by stratified
squamous cells, devoid of any skin appendages. Inferior
aspect of tract had seromucinous glands.
DISCUSSION
Congenital midline cervical cleft is a rare entity. It was
first described in the English surgical literature by Bailey
in 1924.2 Subsequently, less than 100 cases have been
described. A female to male ratio of 2:1 has been
determined.3 Characteristic features are a defect at the
ventral area of the neck with a nipple like projection at
the upper part.4
Pathogenesis of the defect is an impaired fusion of the
first or second branchial arches in the midline. There is
also an improper interaction between the ectoderm and
mesoderm at this point leading to lack of continuity of
skin forming the fissure. May be associated with a
thyroglossal duct cyst or a branchial cyst.1

Figure 1: Clinical photo of patient with linear fissure
and pseudonipple in midline.

Treatment involves surgical excision of the entire lesion.
Left untreated in infancy, it may lead to contractures,
maldevelopment of neck. Sometimes, it can lead to
fibrosis and scar formation. There is also a possibility of
infection of sinus leading to pain, erythema, increased
discharge. If delayed, complications such as contractures
and fibrous cords need to be addressed as well.5 A linear
closure gives a higher risk of hypertrophic scar. Hence Zplasty is the accepted procedure being aesthetic and
functional. All the cases described so far have presented
in early neonatal and infancy period. Ours is the first case
presenting in the second decade, without any associated
complications.
Funding: No funding sources
Conflict of interest: None declared
Ethical approval: Not required

Figure 2: MRI showing T1 hypointense sinus in
midline of neck.
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