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Abstract

Most congenital cervical fistula are derived from first to fourth brachial arches. The
skin remnant of fourth brachial arch presents as cutaneous fistula and are termed as
pyriform sinus fistula. We present a case of bilateral pyriform sinus fistula in a 7 year old
boy and highlight the role of dermoscopy in such cases.
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Case Report

A 7 year old otherwise healthy boy, accompanied by his mother, presented with
complaint of on and off serosanguineous discharge from two sides of anterior aspect of
neck, just above the sternum, since birth. There was no history of swelling or pain in the
past. There was no swallowing or respiratory problems. The child was born at full term
by normal vaginal delivery. There was no history of any infections or drug intake by the
mother during pregnancy. There was no similar family history. Child had taken oral
antibiotics many times in the past but denied any surgical intervention. On examination,
two barely visible pits were present on the anterior border of sternocleidomastoid, in
close proximity to the sternoclavicular joint [Figure 1].

Figure 1. Barely perceptible pits (black arrow) on anterior border of bilateral sternocleidomastoid muscle.

There was no discharge but very subtle erythema at the time of examination. Rest of
the muco-cutaneous and systemic examination was normal. Because the pits were barely
perceptible, dermoscopy was done in a hope to uncover something which was not visible
to naked eyes. Dermoscopy revealed a small pit with very minimal clear fluid [Figure 2].
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Most congenital cervical fistula are derived from first to
fourth brachial arches [1]. Near about 95% of cervical
anomalies arise from 2nd brachial arch, with fourth brachial
arch contributing the least [1]. The skin remnant of fourth
brachial arch presenting as cutaneous fistula has been termed
as pyriform sinus fistula [1]. An extensive search of english
literature revealed only a handful of cases [1-5]. Ohno et al
described 7 cases similar to our case but all were left sided [1].
Bilateral involvement has never been reported in english
literature to the best of our knowledge. Similar cases with
unilateral involvement have been described 4 times in
dermatology literature but have been variably referred to as
dermoid cyst [2-5]. Ohno et al argued that the possible
misdiagnosis in all 4 cases may be because of unfamiliarity of
dermatologists to fourth brachial arch fistula in this region.
They further argued that a dermoid cyst should have been in
the midline rather than on lateral sides [1]. Various authors
have stated that the fourth brachial cleft remnant fistula
opens on the anterior border of the sternocleidomastoid
muscle, possibly at sternoclavicular joint [6, 7]. Liston was first
to state the possible existence of this entity and described its
theoretical course from apex of pyriform sinus to a skin
opening [6].
Bilateral involvement and role of dermoscopy in aiding
the diagnosis makes this case unique. We intend to familiarise
the dermatologists with this rare entity in a hope that
reporting of similar cases in future will help us understand this
entity more clearly.
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