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RESUMEN

L abio doble es una alteracion del desarrollo que puede produ-
cirse aislada o como un componente del sindrome de Ascher.
Se publica un caso de labio doble congénito asociado a
hemangiomas y agrandamiento de glandula tiroides. Los
hemangiomas oralesy faciales fueron extirpados bajo aneste-
sia local. La reconstruccién quirdrgica del labio superior fue
hechaparareducir lainterferenciacon el hablay lamasticacion.
Se discute €l reconocimiento y tratamiento de estas alteracio-
nes.
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INTRODUCCION

La aparicion de labio doble ha sido descrita como una anoma-
liaoral congénita o adquirida sin predileccion por raza o sexo
(1-5). Frecuentemente esta alteracion del desarrollo se presen-
ta como un componente del sindrome de Ascher, que usual-
mente se caracteriza por la concurrencia de labio doble,
blefarocalasiay agrandamiento de glandula tiroides no toxico
(6-8). Se hasugerido que €l labio doble puede darse como una
anomalia aislada adquirida por hébitos orales o después de un
traumatismo labial (9-10). Se ha descrito la asociacion de la-
bio doble congénito con otras alteraciones como Gvula bifida
(1), paladar hendido (11) y queilitis glandulares (2). Los
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hemangiomas son |esiones vasculares congénitas comunes en
laregién de cabeza y cuello, generalmente consideradas mas
como hamartomas que como verdaderas neoplasias (12). Nor-
mal mente son Unicas aunque pueden ser multiples, avecesfor-
man parte de un sindrome (13). Labio doble y hemangiomas
pueden ocurrir como anomalias aisladas. Recogemos un Unico
caso de concurrencia de labio doble congénito, hemangiomas
oraes y facides y agrandamiento de tiroides, discutiendo el
diagndstico y tratamiento quirdrgico de estas anormalidades.

CASO CLINICO

Un hombre de 65 afios de edad fue evaluado en Bauru Dentistry
School por lesion oscura en e labio inferior y que segun €
paciente tenia un crecimiento lento |os Ultimos afios. Laexplo-
racion clinica revel 6 la presencia de una masa de color rojo
purpura, ligeramente sobreel evada de aproximadamente 2 cm
de didmetro, que se extendia del borde bermell6n alacarain-
ternadelamucosalabia inferior. Unalesion similar, purplrea,
bien delimitada, asintomatica y sesil fue detectada en la zona
facial cercanaalaregion subauricular derecha.

Ademas, se apreci6 que €l labio superior presentabaun pliegue
adicional de mucosa con una constriccion en la linea media
quellegabaaser bastante evidente cuando hablabaoreia(Fig.1).
Segun €l paciente, el labio doble lo habia tenido siempre. La
historia familiar no revel 6 ninguna evidencia de malformacio-
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nes hereditarias o congénitas. L os niveles de hormonastiroideas
eran normales pero se detectd con TAC un agrandamiento de
estaglandula, sin otras alteraciones patol dgicas. No se detectd
ninguna anormalidad ocular como la blefarocalasia. El diag-
nostico clinico fue de labio doble superior congénito asociado
a hemangiomas y agrandamiento de glandula tiroides. Los
hemangiomas orales y faciales fueron extirpados quirdrgi-
camente bgo anestesialocal y los tejidos fueron sometidos a
examen histoldgico. La apariencia microscopica de las lesio-
nes mostraba grandes espacios vasculares con endotelio y
hematies. El diagndstico histopatol 6gico fue de hemangioma
cavernoso. El paciente fue informado de que la remodelacion
del labio doble por motivos estéticos no estaba indicada, pero
él insistio en que laateracidn congénitainterferiacon el habla
y la masticacion. Consecuentemente seizo el tratamiento qui-
rurgico de labio doble. Bajo anestesialocal, € tejido de muco-
sasobrante fue extirpado conincisiones elipticastransversales,
sin reseccion de frenillo labial maxilar evitando modificar la
formadel labio. El andlisis histopatol 6gico de las muestras ex-
tirpadas mostré seccionesde mucosalabia con numerosasglan-
dulas mucosas hipertrofiadas. A 10s seis meses mostraba unos
resultados funcionales y estéticos del labio satisfactorios, sin
evidencia de recurrencia.

DISCUSION

La aparicion de anomalias congénitas en el 1abio, como la del
presente caso, ha sido descrita asociado a sindromes. La con-
currencia de labio doble superior y blefarocalasia son compo-
nentes del sindrome de Ascher. El agrandamiento no téxico de
laglandulatiroides esotraalteracion que hasido descritacomo
parte de este sindrome (14). Es bastante interesante observar
gue en nuestro caso la gldndula tiroides estuviese ligeramente
agrandada. Laincidencia de |abio doble adquirido o congénito
es probablemente mayor que la publicada en la literatura (9).
Las formas congénitas han sido asociadas ala persistencia del
sulcus horizontal entre el bermellony lapiel del 1abio (5).
Aunque el agrandamiento del labio puede existir en el naci-
miento, algunas veces puede aparecer después de la erupcion
dental (3, 5). Ademas se hasugerido que el labio doble origina
puede ser aumentado como una reaccidn, como consecuencia
de la succion de tejidos entre los dientes o prétesis en
maloclusion (1, 10).

El diagnéstico diferencia del labio doble deberia incluir otros
tipos de agrandamientos crénicos del labio como hemangioma,
linfangioma, angioedema, queilitis glandulares y queilitis
granulomatosa (3-5). Tales lesiones, frecuentemente estan aso-
ciadas con un labio agrandado uniformemente sin constriccién
en lalineamedia que divida el Iabio como en el caso publicado.
Lacirugiaes el tratamiento habitual para estas anomalias con-
génitas (15) y llegaaser necesariasi laanomaliainterfiere con
el hablaolamasticacion o afectaalaestéticadel paciente (2,3).
En el presente caso, €l paciente tenialabio doblea lo largo de
65 afios y no le produjo ninguna preocupacién hasta entonces.
Por lo tanto, la reconstruccién quirdrgica fue hechacon el fin
dereducir lainterferenciacon el hablay lamasticacién. Se han
descrita distintas técnicas quirdrgicas para el tratamiento de
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labio doble. El paciente es operado bajo anestesia general o
local y lamucosa sobrante se extirpa usando incisiones elipti-
cas transversales (11,16) o w-plastia (17,18). En el caso publi-
cado el labio doblefue extirpado conincision elipticay no hubo
complicaciones postoperatorias.

Numerosas modalidades de tratamiento como las inyecciones
de corticoidesy esclerosantes (19), cirugia (12,20), crioterapia
(21) y terapia con léser (22) han sido recomendadas para €l
manej o de hemangiomasde cabezay cuello. De cua quier modo,
la eleccion de tratamiento depende de varios factores como e
tamario, localizacién, grado de invasiény estructuras anatomi-
cas de laregion de lalesion (23). Los hemangiomas del caso
publicado estaban presentes en el nacimiento, nunca
involucionaron y tuvieron un crecimiento progresivo en los Ul -
timos afios. Lamayoriade |os hemangiomas superficialestales
como los mostrados en el presente caso se tratan con excision
quirdrgica sin riesgo de hemorragia o deficiencia funcional o
estética (20).

Lahabilidad del profesiona y € plan quirdrgico preoperatorio
incluyendo €l tamafio y la profundidad de los mérgenes de la
lesidn son factores importantes para el éxito delacirugia, tal y
como se muestraen el siguiente caso.

ENGLISH

Congenital double lip asso-
ciated to hemangiomas: re-
port of a case

Costa-HANEMANN JA, Tostes-OLivelrA D, FERNANDES-GOMES
M, JamEs pA SiLvabos ANJjos M, SanT'ANA E. CoNGENITAL
DOUBLE LIP ASSOCIATED TO HEMANGIOMAS. REPORT OF A CASE. MED
OraL 2004;9:155-8.

SUMMARY

Double lip is a developmental abnormality which may occur
either isolated or asacomponent of Ascher’s syndrome. A case
of congenital double lip associated to hemangiomas and
enlargement of the thyroid is reported. The oral and facial
hemangiomas were excised under local anesthesia. Surgical
reconstruction of the upper lip was done in order to reduce the
interference with speech and mastication. The recognition and
treatment of these abnormalities are discussed.

Key words: double lip, Ascher’s syndrome, hemangioma.

INTRODUCTION

The occurrence of doublelip has been described as uncommon
congenital or acquired oral anomaly without gender or race
predilection (1-5). Frequently, this development abnormality is
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reported asacomponent of Ascher’ssyndrome, whichisusualy
characterized by concurrent presence of double lip,
blepharocalasis and nontoxic thyroid enlargement (6-8). It has
been suggested that double lip may be present as an isolated
anomaly acquired with oral habits or after traumato the lip (9-
10). The association of congenital double lip with other
abnormalities as bifid uvula (1), cleft palate (11) and chelilitis
glandularis has been described (2). Hemangiomas are common
congenital vascular lesionsin the head and neck region, generally
cons dered to be hamartomatousrather than truly neoplasms (12).
They are usually solitary although multiple lesions may occur,
sometimes as part of a syndrome (13). Double lip and
hemangiomas may each occur asisolated anomalies. Wereported
an unique case of the concurrent congenital doublelip, oral and
facial hemangiomas and thyroid enlargement. The recognition
and surgical treatment of these abnormalities are discussed.

CASE REPORT

A 65-year-old man was evaluated at Bauru Dentistry School
for dark lesion in the lower lip, which the patient stated that
had a slowly growing in the last years. Clinical examination
reveal ed the presence of adightly elevated reddish-purple mass,
with approximately 2cm in diameter, extending from vermilion
border to inner surface of the lower labial mucosa. A similar
well circumscribed, asymptomatic and sessile purplelesion was
detected in the facial areanear to the right subauricular region.
Moreover, it was noted that the upper lip presented an additional
fold of redundant mucous membrane with midline constriction
that became quite evident when the patient talked or smiled

(Fig. 1).

Fig. 1. Caracteristicas clinicas del doble labio superior y hemangiomaen labio inferior.
Clinical features of upper double lip and hemangioma of lower lip.
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According to the patient, the double lip had been present as
long as he could remember. Family history did not reveal any
evidencefor hereditary or congenital malformations. Thethyroid
hormones|evels were normal but an enlargement of thisgland,
without other pathologic alterations, was detected by
computerized tomography. None eye abnormality as
blepharochalasis was detected. The clinical diagnosis was
congenital upper double lip associated to hemangiomas and
enlargement of thyroid. The oral and facial hemangiomaswere
surgically excised under local anesthesia and the tissues were
submitted to histopathological examination. Microscopic
appearance of the both lesions showed larger vascular spaces
lined by endothelium and containing red blood cells. The
histopathol ogical diagnosiswere cavernous hemangiomas. The
patient was informed that the removal of a double lip for
cosmetic purpose was not indicated but he stated that the
congenital anomaly wasinterfering with speech and mastication.
Subsequently, the surgical treatment of double lip was done.
Under local anesthesia, the redundant mucosal tissue was re-
moved through transverse elliptical incisions, without resected
the maxillary labial frenum avoiding to modify the lip form.
The histopathol ogical analysisof the specimens excised showed
sections of labial mucosa covering numerous hypertrophied
mucous glands. A six-months follow up showed satisfactory
functional and aesthetic results in the lip, without evidence of
the recurrence.

DISCUSSION

The occurrence of congenital anomaliesinthelip, as
inthe present case, has been described associated with
syndromes. Concurrent upper double lip and
blepharocalasis are components of Ascher’s
syndrome. Nontoxic thyroid enlargement is another
abnormality that has been described as part of this
syndrome (14). It was quiteinteresting to observe that
in our case report the thyroid gland was slightly
enlarged.

Theincidence of acquired or congenital doublelipis
probably much higher than reported in the literature
(9). The congenital form has been associated to the
persistence of the horizontal sulcus between the pars
glabrosa and the parsvillosa of thelip (5). Although
the enlargement of the lip may exist at birth,
sometimes, it usually becomes apparent after the
eruption of the teeth (3,5). Moreover, it has been
suggested that original double lip may be enhanced
by areactive component subsequently to a* sucking-
in” of the tissue between the teeth or maloccluding
dentures (1,10).

The differential diagnosis of the double lip should
include other types of chronic enlargements of the
lip as hemangioma, lymphangioma, angioedema,
cheilitis glandularis and cheilitis granulomatosis (3-
5). Such lesions, frequently, are associated with an
uniformly enlarged lip without amidline constriction
dividing the lip asin the case reported.
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Surgery is the usual treatment for this congenital abnormality
(15) and becomes necessary if it interferes with speech or
mastication or it is of esthetic concern to the patient (2,3). In
the present case, the patient had double lip during 65 years and
he did not worry about it before. Then, the option for surgical
reconstruction of the upper lip was done in order to reduce the
interference with speech and mastication. Some different
surgical techniques have been described for treatment of double
lip. The patient is operated under general or local anesthesia
and the redundant mucosal tissue is removed using transverse
elliptical incisions (11,16) or W-plasty (17,18). In the case
reported double lip was excised by elliptical incision and there
were no postoperative complications.

Numerous treatment modalities as injections of corticosteroids
and sclerosants (19), surgery (12,20), cryotherapy (21) and laser
therapy (22) have been recommended for the management of the
head and neck hemangiomas. However, the choice of the
trestment depends of the several factorsas size, location, degree
of invasion and anatomic structures in the region of the lesion
(23). Thehemangiomasinthe casereported were present at birth,
never involuted and had agrowing in the last years. Most of the
superficial hemangiomas as showed in the present case aretreated
by surgical excision without risk of hemorrhage or of causing
cosmetic/functiona deficiency (20). The professional’s ability
and preoperative surgical planning including size and depth
delimitation of the lesion are important factors for success of
surgical therapy as showed in the present case.
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