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Sir,

Congenital lip sinuses are among the rarest of
congenital anomalies. These sinuses are described
more commonly in the lower lip and are usually
associated with other congenital anomalies of the lip
and palate region, that is, cleft lip and / or cleft palate. A
solitary lower lip sinus is rarely reported in literature.
I report a case of a congenital solitary lateral lower lip
sinus, without associated lip and palate anomalies.

anomaly

A 35-year-old female presented with a pit on the left
side of lower lip, since her childhood. She noticed it as
a small dimple with an opening at the center. She gave
a history of discharge of clear fluid through the pit at
times, making the lower lip feel slightly heavier, but it
was not related to mastication. There was no history
of pus discharge through the pit. On examination a
small dimple was seen in the left half of the lower lip,
close to the vermillion border, with a central aperture
[Figure 1 — Arrow]. On probing with a lacrimal probe
size 1 — 2, it was 20 mm deep and blind at the end
[Figure 2], and without discharge of fluid or pus during
the procedure. There was no history of any facial, lip
or palate abnormality at birth in the patient or in any of
her relatives. She was diagnosed as a case of congenital
solitary lateral lower lip sinus, without any associated
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anomalies. She was referred to a surgeon for excision
of the blind tract. She declined the procedure as the
sinus did not cause her that much of a discomfort, for
her to undergo an operative procedure.

Numerous pathogeneses have been put forward by
embryologists to explain the occurrence of these
sinuses. It is generally accepted that the sinuses are
remnants of the lateral sulci of the lower lip, at the 6.5
to 12.6 mm embryonic stage."! These sulci appear as
notches on either side of the median groove in the early
embryo and usually disappear completely, but in some
may persist wholly or partially as lip sinuses. Sinuses
usually appear as shallow depressions or slits near
the vermillion border of the lower lip. They are often
distributed symmetrically being located on each side
of the midline. However, atypical locations of sinuses
have been described in the midline, the upper lip, and
the commisures. The canals always end as blind sacs
and are lined by stratified squamous epithelium and
numerous mucous secretary glands, whose activity
can occasionally be enhanced by mastication.*

Most of the reports of lower lip sinuses are associated
with cleft lip and / or cleft palate. This association of
the lower lip sinus and cleft lip and / or cleft palate

Figure 1: A small dimple with a central aperture is seen in the left
half of the lower lip, close to the vermillion border (Arrow)

Figure 2: On probing the aperture with lacrimal probe size 1 -2,
it was 20 mm deep and blind at the end
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is better known as the Van der Woude syndrome
(VWS).BI Isolated lip sinuses have been reported in
literature, but the incidence is significantly lower than
that where the patient or a member of family has a cleft
lip and / or palate. Over 500 cases of lip sinuses are
reported in literature and the incidence is 1 : 100000
to 1 : 300,000 in Caucasians.™

Taylor and Lanel reported that 70 — 80% of the lip
sinuses were associated with clefts of lip and / or
palate. In the Finnish series, 79 lower lip sinuses were
present in 4000 cleft patients, an incidence of 2%.®
In the same series only two patients had isolated lip
sinuses without cleft lip and / or palate in them or in
their near relatives. Congenital lower lip sinuses were
noted in several members of the same family, leading
to the postulate that there was a familial pattern of
inheritance, with variable penetrance. These authors
also felt that cleft lip and palate and lower lip sinuses
might be inherited as a single genetic entity.”? In a
report, a family was traced through four generations,
with six members presenting with congenital lip
sinuses. Five in this series were male and only one
female. Two of the patients had associated clefts of the
lip and palate.®! A recent report of VWS described a
child with VWS and his mother having a congenital
solitary lateral lower lip sinus. No other member
in the family was affected with any lip or palate
abnormality.”! Lower lip pits are characteristic
in VWS, popliteal pterygium syndrome, alveolar
synechia syndrome, type I orofacial digital syndrome,
and ankyloblepharon filiforme adnatum.!"

The incidence of congenital lip sinuses may be higher
than that reported in literature. It is quite possible
that lip sinuses are easily missed during the initial
neonatal check up, especially in those sinuses with
very minimal or insignificant secretary activity. This
communication is to make all of us aware of a rare
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entity, which one should always consider while
dealing with disorders of the lip and oral cavity.
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