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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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Figure 2. Dermoscopy showing clear fluid over the pit. [Dinolite 
AM413ZT; 200X; Non-Polarising]

Given the typical location, clinical features, history since 
birth and dermoscopic attributes, we kept a provisional 
diagnosis of bilateral pyriform sinus fistula. Patient was referred 
to surgery department for further workup and management.

Discussion
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.

Conflict of Interest
The authors declare no conflicts of interest

References
1.	 Ohno M, Kanamori Y, Tomonaga K, et al. Congenital cutaneous fistula at 

the sternoclavicular joint - Not a dermoid fistula but the remnant of the 
fourth branchial (pharyngeal) cleft ?. Int J Pediatr Otorhinolaryngol. 2015; 
79(12): 2120-2123. doi: 10.1016/j.ijporl.2015.09.025

2.	 Matsunaga W, Ishihara T, Yasuno K. Congenital dermoid fistula of the 
anterior chest region. Nishinihon J Dermatol. 1994; 56(1): 34-39. doi: 
10.2336/nishinihonhifu.56.34

3.	 Muto J, Mori N, Konohara I, et al. Congenital dermoid fistula of the 
anterior chest region. Clin Exp Dermatol. 2004; 29(1): 96-97. doi: 
10.1111/j.1365-2230.2004.01435.x

4.	 Numajiri T, Nishino K, Uenaka M, et al. Congenital dermoid fistula of the 
anterior chest region. Acta Derm Venereol. 2008; 88(5): 538-540. doi: 
10.2340/00015555-0499

5.	 Miyamoto T, Hosoda Y, Fujimoto Y, et al. Congenital skin fistula with 
sternal cleft. Br J Dermatol. 1995; 132(3): 492-494.

6.	 Liston SL. Fourth branchial fistula. Otolaryngol Head Neck Surg. 1981; 89: 
520-522.

7.	 Moore KL, Persaud TVN. The pharyngeal organs. The Developing Human, 
7th ed, Saunders, Philadelphia. 2007.

https://www.ncbi.nlm.nih.gov/pubmed/26453273
https://www.ncbi.nlm.nih.gov/pubmed/26453273
https://www.ncbi.nlm.nih.gov/pubmed/26453273
https://www.jstage.jst.go.jp/article/nishinihonhifu/56/1/56_1_34/_article
https://www.jstage.jst.go.jp/article/nishinihonhifu/56/1/56_1_34/_article
https://onlinelibrary.wiley.com/doi/full/10.1111/j.1365-2230.2004.01435.x
https://onlinelibrary.wiley.com/doi/full/10.1111/j.1365-2230.2004.01435.x
https://www.researchgate.net/publication/23245683_Congenital_Dermoid_Fistula_of_the_Anterior_Chest_Region
https://www.researchgate.net/publication/23245683_Congenital_Dermoid_Fistula_of_the_Anterior_Chest_Region

	Case Report
	Bilateral Pyriform Sinus Fistula: Dermoscopy as an Aid
	Abstract
	Keywords

	Case Report
	Figure 1
	Figure 2

	Discussion
	Conflict of Interest
	References



