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CASE REPORT

An appraisal of congenital maxillary double lip with a case report
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ABSTRACT

Double lip is a rare anomaly that may be congenital or acquired and affects upper lip more commonly than the lower lip. This
deformity consists of an accessory fold of redundant mucous membrane inside the vermilion border. It affects esthetics and may also
interfere with speech and mastication. Simple surgical excision produces good functional and cosmetic results. We describe a case
of congenital maxillary double lip along with a brief review of the literature and discuss the differential diagnosis. This anomaly is of
more relevance in dentistry as a general dental practitioner is usually the first professional to recognize and establish the diagnosis.

Key words
Ascher’s syndrome, double lip, maxillary

INTRODUCTION

Double lip is a rare anomaly characterized by accessory
fold of redundant mucous membrane, which is situated
proximal to vermilion border and becomes more prominent
on smiling. It may be congenital or acquired. This condition
affects upper lip more frequently than the lower lip and
has no racial predilection.!'¥ There appears to be male
gender predilection of 7:1 for this anomaly.? It may occur
in isolation or as part of Ascher’s syndrome./?%7 Treatment
is accomplished surgically and is usually indicated for
cosmetic and esthetic reasons or for functional impairment
if it interferes with speech and mastication. Recurrences
after surgery are extremely rare.®

CASE REPORT

A 32-year-old male reported to the outpatient department
with the chief complaint of large and unsightly upper
lip because of which patient felt embarrassed to smile
and wanted to get it corrected. Although the anomaly
was present since birth, he got conscious about this at
the age of 18-20 years. There was no previous history
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of trauma, infection or surgery on lip. His family and
medical history were noncontributory.

Clinical examination revealed extra fold of tissue
bilaterally with midline constriction band on the inner
aspect of upper lip. The anomaly was clearly visible
when patient kept the lips apart [Figure 1] and became
more prominent, while smiling [Figure 2]. The overlying
mucosal tissue appeared intact and smooth with no
palpable masses or surface changes. This general blood
picture was within normal limits. There were no associated
congenital abnormalities such as blepharochalasis and
thyroid enlargement as seen in Ascher’s syndrome.
A provisional diagnosis of congenital bilateral maxillary
double lip was made, and surgical excision was planned
under local anesthesia. Bilateral infraorbital blocks
were administered. The accessory labial tissue was
marked and excised by transverse elliptical incision
from one commissure to another. The primary closure
of the wound was carried out using 4-0 silk suture and
a light pressure dressing were placed over upper lip
for initial 24 h. The patient was reviewed after 1-week
for suture removal [Figure 3] and after 3 months. No
postoperative problem was there, and highly satisfactory
aesthetic results achieved [Figures 4 and 5].

Histopathology of the specimen showed normal
labial mucosa with acanthosis. The connective tissue
revealed minor mucosal glands and bands of skeletal
muscles [Figure 6].

Patient was followed-up for 2 years, and no surgical
complications or recurrences were observed.
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Figure 1: Clinical photograph of maxillary double lip Figure 2: Anomaly became more prominent on smiling

Figure 3: 1-week postoperative clinical photograph

Figure 5: No anomaly visible even on smiling after surgery Figure 6: Histopathology showing acanthosis in epithelium, minor mucus
glands and skeletal muscles in connective tissue

DISCUSSION

a fold of hypertrophic tissue on the mucosal side of the
Double lip is one of the rarest form of lip anomalies.[" It lip. It occurs most often bilaterally on upper lip, but may
is also referred to as macrocheilitis. It usually occurs as be unilateral and can affect both upper and lower lip.!®!
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Males are affected more commonly with this anomaly
in the ratio of 7:1.5" The condition can be congenital
or acquired. The congenital form is more common and
is a hypothesis to arise during second or 3™ month of
gestation. It is during the development of the mucosa that
the upper lip consists of two transverse zones that is,
the outer zone, which is smooth and similar to the skin
called par glabrosa and the inner zone, which is villosa
and similar to the oral mucosa termed pars villosa.” The
persistence of horizontal sulcus between pars glabrosa
and pars villosa leads to the formation of double lip.[®1°

The acquired form of double lip may be secondary to
trauma and oral habits and may develop in association
with Ascher’s syndrome.®!! The acquired form could
be due to “sucking in”of the tissues between the teeth
or maloccluding dentures!!? or due to lip sucking
habits.[*¥l Ascher syndrome consists of the triad of
blepharochalasis, nontoxic thyroid enlargement and
double lip. Ascher first noticed the association of double
lip and blepharochalasis with thyroid enlargement.®214

Double lip can also occur in association with other oral
anomalies such as bifid uvula,”’ hemangiomas,'? cleft
palate!’ and cheilitis glandudaris.[!21313

Differential diagnosis of double lip includes hemangioma,
lymphangioma, angiodema, cheilitis glandularis, cheilitis
granulomatosa mucus retention cyst, mucocele, salivary
gland tumors, plasma cell cheilitis and inflammatory
fibrous hyperplasia.l’2121516l Congenital double lip can be
differentiated from these conditions due to its “cupid bow”
appearance or midline constriction.['”l The treatment of
congenital double lip is indicated for esthetic concern
as in our case or when excess tissue interferes with
mastication or speech or leads to habits as sucking or
biting the redundant tissue.

The treatment includes several surgical techniques like
W-plasty,!” electrosurgical excision!'®! and triangular
excision. Transverse elliptical excision is used in most
cases and gives good results.[}*13 Bilateral infraorbital
nerve blocks and mental nerve lock have been advocated
by Dingman and Billman!! to decrease the chance of
tissue distortion when administering local anesthesia.
The surgery involves excision of excess mucosa and
submucosa without involving underlying muscular layer.
Although recurrence is rare, one case has been reported
with recurrence.

CONCLUSION

Double lip is a rare oral anomaly, and general dental
practitioner is often the first professional to detect and
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establish the diagnosis of this uncommon condition.”? The
dentist should rule out belepharochalasis and nontoxic
thyroid enlargement which are seen in Ascher’s syndrome
that also includes the occurrence of double lip.['! Because
of the progressive nature or suspected Ascher’s syndrome
the patient should be advised follow-up for a long time.
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