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Abstract

A double lip is an anomaly that may be either congenital or acquired. It occurs most often in the upper lip, although
both upper and lower lips are occasionally involved. Surgical intervention (simple excision) produces good
functional and cosmetic results. In this report, we describe a case of congenital double upper lip, present a review
of the literature and discuss the differential diagnosis. Double lip is of special interest in dentistry because the
general practitioner is often the first professional to detect and establish the diagnosis of this uncommon condition.
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ouble lip is an infrequent oral anomaly that may
D be acquired or congenital. More commonly affect-

ing the upper lip,! it often takes the form of
2 masses of hyperplastic tissue on either side of the
midline.? Double lip is caused by excessive areolar tissue
and noninflammarory labial mucosa gland hyperplasia of
the pars villosa.? During smiling, the lip is retracted and the
mucosa is positioned over the maxillary teeth, resulting in a
“cupid’s bow” appearance. Double lip may require surgical
correction for esthetic reasons. Treatment should be
accomplished by excision of the mucosa and submucosal
tissue, without involvement of the underlying muscle.%5

Case Report

A healthy 30-year-old woman was seen at the oral and
maxillofacial clinic of the Pontifical Catholic University of
Parand in Curitiba, Brazil, for routine dental and oral
examination. During the course of the examination, a
unilateral extra fold of tissue in the form of a cupid’s bow
was noted in the right upper lip (Fig. 1). The overlying
mucosa was intact and appeared normal. There were no
other associated congenital abnormalities. The patient, who
was wearing a full upper denture, stated that she had been
aware of the anomaly before her teeth were extracted.
She occasionally “sucked in” the extra tissue during times of
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stress. Although the condition bothered her, she had never
been informed of the possibility of surgical correction.
A provisional diagnosis of congenital unilateral upper
double lip was made, and surgical excision was suggested to
the patient.

Under local anesthesia (unilateral infraorbital nerve
block), the mass was removed by transverse elliptical
incision.»® The infraorbital nerve block was used to avoid
distortion of the tissue mass. A light compression dressing
was applied for 24 hours after the procedure. No postoper-
ative problems occurred, and the cosmetic result was good
(Figs. 2 and 3).

Histologic examination of the excised material revealed
sections of soft tissue covered by stratified squamous epithe-
lium with parakeratosis. Numerous minor salivary glands,
with moderate lymphocytic infiltration, were present in the
underlying connective tissue. A few muscle fibers were also
present in the specimen (Fig. 4).

Discussion

Double lip consists of a fold of excess or redundant
hypertrophic tissue on the mucosal side of the lip.27
It occurs most often bilaterally on the upper lip, but may be
unilateral and can affect both lips.2
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Figure 1: Initial aspect of the unilateral upper double lip.
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Figure 2: A 6-month follow-up photograph showing good esthetic
result.

Figure 3: An 18-month follow-up photograph showing stable esthetic
result.

The condition, also referred to as macrocheilitis* or
hamartoma,? has no predilection in terms of race or sex.
The congenital form of double lip is thought to arise
during the second or third month of gestation from a
persistence of the sulcus between the pars glabrosa and the
pars villosa of the lip.? Although present at birth, the
congenital condition may become apparent only after erup-
tion of the teeth. Treatment of double lip is surgical and
becomes necessary for cosmetic reasons, as in the present
case, or if it interferes with speech or mastication.
Recurrence has not been observed.? In the current case, no
recurrence occurred in over a year of follow up.

The acquired form of double lip may be secondary to
trauma and oral habit, and may develop in association with
Ascher’s syndrome,?7 which consists of the triad
blepharochalasis, nontoxic thyroid enlargement and double
lip. The first case of double lip and blepharochalasis was
reported in 1909,2 and the association of these findings
with thyroid enlargement was noted by Ascher.’0 It is not
clear whether thyroid enlargement is a consistent or neces-
sary feature of the syndrome.? The lip becomes enlarged in
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Figure 4: Microscopic aspect (hematoxylin and eosin, original
magnification x100).

a manner suggestive of angioneurotic edema and, over
time, this swelling partially resolves. Recurrences following
surgical intervention have been noted.?

Another uncommon acquired condition is cheilitis glan-
dularis, an inflammatory hyperplasia with varying degrees
of inflammation of the lower labial salivary glands.” The
etiology of cheilitis glandularis is unknown, although
familial inheritance and congenital predisposition, bacterial
infection and irritation from sun, chemicals and tobacco
have been advanced as causes.!!:12

The differential diagnosis of cheilitis glandularis and
congenital double lip is important, because cheilitis glan-
dularis has been associated with an increased risk of the
development of squamous cell carcinoma.” The differential
diagnosis should also include vascular tumours, lymphan-
gioma, angioedema, cheilitis granulomatosis, Miescher
syndrome, mucocele, salivary gland tumours, inflammatory
fibrous hyperplasia, sardoidosis and plasma cell cheilitis.!?

Several surgical techniques have been described to
repair double lip: W-plasty,'4 electrosurgical excision® and
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triangular excision. In the current case, good results were
obtained with transverse elliptical excision.!

In conclusion, treatment of congenital double lip is indi-
cated when the excess tissue interferes with mastication or
speech or leads to such habits as sucking or biting the
redundant tissue or is of esthetic concern to the patient.

Double lip is of special interest in dentistry because the
general practitioner is often the first professional to detect
and establish the diagnosis of this uncommon condition. %
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