CASE REPORT

Journal of Investigative and Clinical Dentistry (2011), 2, 212-215

Congenital double upper lip: review of literature and

report of a case

Anura Ariyawardana

Division of Oral Medicine, Faculty of Dental Sciences, University of Peradeniya, Peradeniya, Sri Lanka

Keywords Abstract

Ascher’s syndrome, congenital, double lip,
surgical correction, surgical excision.

Correspondence

Dr Anura Ariyawardana, Division of Oral
Medicine, Faculty of Dental Sciences,
University of Peradeniya, Peradeniya 20400,
Sri Lanka.

Tel: +94-81-2397460

Fax: +94-81-2388948

Email: spaga@pdn.ac.lk

Received 5 January 2011; accepted
27 February 2011.

doi: 10.1111/].2041-1626.2011.00065.x

Introduction

Double lip is a rare anomaly of the upper or lower lip, in
which a fold of excess or redundant labial tissue is appar-
ent at rest or while smiling.' This could either be
congenital or acquired, affecting the upper lip more fre-
quently than the lower with no sex predilection.>>® Some
authors have described the appearance of a double lip as
a “Cupid’s bow” when it affects the upper lip."®” When
it affects the lower lip, it appear as a bilateral mass pro-
jecting intraorally."® Very rarely, both upper and lower
lips can be affected."’

Double lip might be present either as an isolated con-
dition or as a component of Ascher’s syndrome, which
consists of the triad of blepharochalasis, non-toxic thyroid
enlargement, and double lip."'®"" It has also been
reported that this could present in association with other
oral anomalies, such as, bifid uvula,' ceft palate,'?
hemangiomas,"” and cheilitis glandularis.” Further, double
lip can occur after an injury or as a result of habitual
pulling of the mucosa through median diastima." Double
lip might pose cosmetic problems, as it is especially visi-
ble during smiling, leading to an unsightly appearance.
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Congenital maxillary double lip is a rare anomaly in which a fold of redundant
labial tissue becomes apparent at rest or while smiling. This might pose
cosmetic or functional problems, as well as serious impact on psychological
well-being, especially when it affects young children or adolescents. The treat-
ment of choice is surgical excision. This paper presents a successfully managed
case of maxillary double lip using elliptical incision under local anesthesia in a
15-year-old female patient.

This might affect the psychological well-being of a grow-
ing child. This paper describes a case of double lip affect-
ing the upper lip that has been corrected surgically
without recurrence.

Case report

A 15-year-old female patient was brought to the Oral
Medicine Clinic, Dental Hospital (Teaching), Peradeniya,
Sri Lanka with a complaint of a swelling in the upper lip.
Unsightly appearance while smiling was the main concern
of the patient and the parents. Her parents revealed that
the patient covered her mouth whenever she smiled so
that her abnormality could not be seen by others. They
recognized this abnormality when she was approximately
7 years old, although it was present since her birth. Fur-
thermore, the parents noted that there was a gradual
enlargement of the lesion over the years. According to the
patient, there were no functional disturbances, such as
difficulty in mastication or speech associated with the
lesion. There were no other concurrent medical problems.

Clinical examination revealed extra folds of tissue bilat-
erally on the inner aspects of the upper lip. This did not

© 2011 Blackwell Publishing Asia Pty Ltd



A. Ariyawardana

Congenital double upper lip

Figure 1. Lips together; no double lip deformity is visible.

Figure 2. Double lip deformity becomes visible when the patient
attempts to smile.

appear when the patient kept the lips closed (Figure 1). It
was clearly visible when the patient kept the lips apart,
and became more prominent while smiling (Figure 2).
The overlying mucosa of these folds appeared normal.
There was no tenderness or any discharge. No other
extraoral or intraoral abnormalities were noted.

Based on the clinical findings, the diagnosis of con-
genital double lip was made. As the patient’s main con-
cern was the appearance, the excess tissue (bilateral) was
excised under local anesthesia. Bilateral infraorbital block
injections (2% lignocaine with 1:100 000 adrenaline)
were given to anesthetize the upper lip. Elliptical inci-
sion lines were marked around the excess tissue using
methyline blue. Excess tissue on both sides was removed
by simple excision. The primary closure of the wound
was carried out using 4/0 silk. Histological examination
was not carried out, as no pathology was detected dur-
ing the clinical examination and the inspection of the
gross specimen. The patient was reviewed 1 week and
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Figure 3. Three months’ postoperative, without features of recurrence.

Figure 4. Nine months’ postoperative, with successful results.

3 months after the operation, and no surgical complica-
tions or recurrence were noted (Figure 3). At the fol-
low-up visit, 9 months, postoperatively, no recurrence
was observed (Figure 4). The patient and her parents
were very happy, as the child had no longer covered her
mouth while smiling.

Discussion

The exact etiology, pathogenesis, and epidemiology of
double lip are yet to be determined." The congeni-
tal form of double lip is considered to develop during
the 8th and 12th weeks of intrauterine life as a persis-
tence of the sulcus between the pars glabrosa and pars
villosa of the lip."” Although double lip might be pres-
ent at birth, it becomes apparent subsequent to the
eruption of teeth.'® Constant suction by the teeth
might also lead to gradual enlargement of this hyper-
plastic tissue.
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The deformity does not appear when the patient is at
rest, but becomes prominent while smiling.'” Although
there are no functional disturbances, some patients might
be psychologically disturbed due to the appearance, espe-
cially, when smiling. In the present case, the parents
revealed the child’s attempt to cover her mouth while
smiling. This might have a serious impact on the psycho-
logical development of a child.

A differential diagnosis of double lip should include
hemangioma, lymphangioma, angioedema, cheilitis gland-
ularis, cheilitis granulomatosa, and other chronic enlarge-
ments of the lips.”'”'>'® However, congenital double lip
can be distinguished from these conditions due to its
“Cupid’s bow” appearance or midline constriction.

Ascher’s syndrome is another important differential
diagnosis that is characterized by the presence of double
lip, blepharochalasis, and non-toxic thyroid enlarge-
ment.'>'® However, Barnett et al. argued that thyroid
abnormality should not be considered as an essential
component in Ascher’s syndrome." In the present case,
the possibility of Ascher’s syndrome was clinically
excluded based on the absence of thyroid enlargement or
blepharochalasis.

Cheilitis glandularis is a very important differential
diagnosis, especially considering its malignant potential.
Clinicians should be careful, as the lesion is suggestive of
an acquired problem. Cohen et al.’ reported a case of
concurrent double lip and cheilitis glandularis and
emphasized the need for early treatment.

Costa-Haneman reported a case of concurrent head
and neck hemangiomas and a double lip affecting the
upper lip. Interestingly, this patient had slight enlarge-
ment of the thyroid gland, as well as a normal hormonal
assessment. "

Surgical correction is the treatment of choice for dou-
ble lip deformity.” In the present case, this was carried
out purely because of cosmetic reasons. Surgical proce-
dure can be carried out either under local or general
anesthesia. Infraorbital block injection is preferable to
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