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RESUMEN

Introduccion: La patologia méas conocida de los vasos linfaticos es
el linfangioma, considerado una malformacién del desarrollo, y no
una verdadera neoplasia. Los linfangiomas de cavidad oral muestran
predileccion por nifios, la mitad de los casos afecta a la lengua en
forma de agregados de vesiculas transltcidas. Sin embargo, lesiones
solitarias, circunscritas y superficiales pueden presentarse en boca.
Se considera que éstas representan ectasia focal de vasos linfati-
cos (linfangiectasia), la cual puede ser secundaria a obstruccién o
trauma. Objetivo: El objetivo de este trabajo es presentar el caso
de una linfangiectasia superficial adquirida en mucosa labial inferior
y revisar los diagnosticos diferenciales considerados con la presen-
tacion clinica. Presentacion del caso: Paciente femenino de seis
afios que acude a consulta por presentar dos nédulos asintomaticos,
translicidos y fluctuantes en mucosa labial inferior. La hipotesis diag-
néstica clinica inicial fue de mucocele. Bajo anestesia local se realizé
biopsia excisional de ambas lesiones. El estudio histopatolégico re-
veld un espacio vascular subepitelial ectasico, revestido por endote-
lio, la inmunohistoquimica con D2-40 confirm6 su naturaleza linfatica.
Después de ocho meses de seguimiento la paciente esta bien y sin
recurrencia. Conclusiones: Este caso representa una linfangiectasia
adquirida probablemente secundaria a trauma de los capilares linfa-
ticos periféricos, causada por el mantenedor de espacio removible.
Esta entidad es diferente a los linfangiomas profundos, difusos, que
se consideran verdaderas malformaciones vasculares y que, gene-
ralmente, estan presentes desde el nacimiento. En la mucosa oral
la mayoria de las lesiones linfaticas son superficiales y representan
probablemente linfangiectasias y no verdaderos linfangiomas.
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INTRODUCCION

El linfangioma es una entidad rara, considerada
como una malformacion congénita de vasos linfaticos.
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Dependiendo de su tamafio se han clasificado en: a)
simple, capilar o circunscrito, b) cavernoso y c) quis-
tico. Este dltimo se presenta con mas frecuencia en
cuello y puede alcanzar grandes dimensiones.! En
boca los linfangiomas se presentan como agregados
difusos de estructuras de apariencia vesicular, trans-
licidos, afectando principalmente la lengua de nifios,
adolescentes y adultos jovenes. Otros sitios afectados
son paladar, mucosa yugal, encia y labios.?®

Por lo general, estas lesiones tienden a ser superfi-
ciales y podrian representar mas probablemente capila-
res linfaticos periféricos ectasicos o dilatados como con-
secuencia de obstruccioén, trauma local o en pacientes
postirradiados, en especial cuando se trata de lesiones
superficiales y circunscritas. Esto, aunado a la expre-
sién de factores de crecimiento detectados en linfangio-
mas de tipo cavernoso e higromas quisticos y ausentes
en los de tipo superficial. Por ello, el término linfangiec-
tasia se ha sugerido para describir estas alteraciones.*®

Algunos autores han reportado linfangiomas de tipo
superficial utilizando el término linfangioma circunscri-
to (LC), ya que en dermatologia es bien reconocido y
utilizado para lesiones linfaticas superficiales de piel y
region genital.®” Un hallazgo clave para el diagndstico
es la localizacion de los espacios vasculares dilatados
inmediatamente subepiteliales, de forma superficial en
la lamina propia y elevando el epitelio.*®

El primer caso documentado y reportado como LC
en boca ocurrié en un paciente postirradiado, el cual
mostro afectaciones en multiples zonas de la mucosa
bucal.® En labio inferior existen Unicamente dos repor-
tes de linfangioma superficial, ambos de apariencia
nodular, circunscrita, de consistencia blanda, superfi-
cie lisa, translucidos y fluctuantes, semejando un mu-
cocele, por lo que fue hasta el estudio histopatoldgico
en que se lleg6 al diagnéstico final. Cabe destacar que
fueron documentados como linfangioma cavernoso y
linfangioma circunscrito superficial, respectivamente.®*

En este trabajo se describe el caso de una linfan-
giectasia superficial cuyo diagnéstico clinico inicial
fue de mucocele, con el fin de enfatizar la importan-
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cia de considerar otros diagndsticos ante la hipotesis
de «mucocele» basada en caracteristicas clinicas, asi
como la necesidad del andlisis histopatoldgico de todo
tejido removido de cavidad oral.

CASO CLINICO

Paciente femenino de seis afios de edad, sin an-
tecedentes patoldgicos de relevancia, quien inicia
su padecimiento actual un mes antes de solicitar
atencion en el departamento de Odontologia Pedia-
trica de la Facultad de Odontologia Unidad Saltillo,
de la Universidad Autébnoma de Coahuila, para la
evaluacion de una lesion labial asintomética. En
la exploracion extraoral no se identificaron altera-
ciones, mientras que de forma intraoral se obser-
varon dos nodulos translicidos, de base sésil, con-
sistencia fluctuante y superficie lisa, localizados en
mucosa labial inferior, el mayor midiendo 0.6 x 0.5
x 0.4 cm, y uno mas pequefio, de caracteristicas
semejantes y adyacente al primero. Cabe destacar
que la paciente portaba un mantenedor de espacio
removible, funcional, inferior desde hacia un mes.
Se observé que ambos nédulos coincidian con la
region en que los ganchos del mantenedor contac-
taban con la mucosa labial (Figura 1).

El resto de la mucosa oral no mostraba alteracio-
nes. Con un diagnéstico clinico inicial de mucocele

Figura 1: Imagen clinica inicial. En mucosa labial inferior se
observan dos nédulos bien delimitados, del mismo color de
la mucosa, a nivel de los ganchos del mantenedor de espa-
cio removible.

Initial clinical view. In lower lip mucosa two well-delimited no-
dules are observed; they have the same color of the mucosa
and are located at the level of the hooks of the removable
space maintainer.

se procedio a realizar biopsia excisional de ambas
lesiones bajo anestesia local y los tejidos fueron en-
viados a estudio histopatoldgico, el cual revel6 en
tincion con hematoxilina y eosina (H&E) un gran es-
pacio localizado en la lamina propia superficial, ele-
vando el epitelio escamoso estratificado queratiniza-
do, que se observo atréfico, sin procesos epiteliales.
Este espacio era revestido por una capa de células
planas, de morfologia endotelial y contenia de for-
ma dispersa un material amorfo levemente baséfilo,
asi como escasos polimorfonucleares. Hacia la base
se observaron I6bulos de glandula salival menor y
algunos haces de musculo estriado de caracteristi-
cas normales. Para determinar la naturaleza de las
células que conformaban el revestimiento, y bajo la
hipotesis de tratarse de origen linfatico, se realizaron
estudios de inmunohistoquimica utilizando el anti-
cuerpo D2-40 (Dako, 1:100), el cual mostré positivi-
dad difusa en el revestimiento de la cavidad, confir-
mando la naturaleza linfatica (Figura 2). También se
observaron abundantes estructuras vasculares linfa-
ticas pequefias en la base de la lesién. El diagndstico
final fue de linfangiectasia superficial. La paciente se
recupero de forma satisfactoria y ha tenido un segui-
miento de ocho meses sin recurrencia.

DISCUSION

Las alteraciones intraorales de naturaleza linfatica
afectan principalmente la lengua, en forma de multi-
ples vesiculas pequefas, difusas y superficiales, en
ocasiones la afectacion es mas profunda y puede
producir macroglosia.? Algunos autores han preferido
utilizar el término linfangioma circunscrito o incluso lin-
fangiectasia cuando se trata de lesiones superficiales
gue consisten principalmente en vasos linfaticos ecta-
sicos. En piel las lesiones localizadas y superficiales
son reportadas con el término linfangioma circunscri-
to.’? Se ha discutido la posibilidad de que el linfangio-
ma circunscrito intraoral sea de naturaleza reactiva y
no una malformacion congénita. En estos casos se
considera de tipo adquirido.®

En algunos reportes de caso de linfangioma cir-
cunscrito se ha descrito, ademas de la dilatacion lin-
fatica superficial, una hiperplasia epitelial con aspec-
to papilar, clinicamente se han caracterizado por ser
lesiones pequefias, bien delimitadas, de color viola-
ceo.! Reportes en cavidad oral utilizando el término
linfangiectasia son escasos, recientemente fueron
descritos dos casos en pacientes con enfermedad de
Crohn, uno de ellos afectando labio inferior y otro en
vestibulo inferior bilateral, ambos casos con presenta-
cion clinica de lesiones miltiples de aspecto vesicular.
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En estos pacientes se discute la posibilidad de obs-
truccion y ectasia secundaria de los vasos linfaticos
debido a la presencia de granulomas.*?

Este caso representa una linfangiectasia superfi-
cial, cuya hipétesis clinica inicial fue de mucocele por
sus caracteristicas clinicas de ser lesiones Unicas y
localizadas, el mucocele es una lesiébn comun de fa-
cil reconocimiento clinico que en la mayoria de los
casos esta asociado a un trauma local que involucra
al labio inferior.** De manera interesante, y de forma
menos comun, otras lesiones de tejidos blandos pue-
den presentarse con apariencia clinica semejante. Si
el estudio histopatolégico es omitido, no es posible la
confirmacion del diagnéstico.

Auln en la actualidad, algunos profesionales de la
odontologia no ven el estudio histopatolégico como
una herramienta diagnéstica importante y descartan
los tejidos removidos, lo que puede originar serias
complicaciones al paciente. Con el estudio histopa-
tolégico se obtuvo el diagnéstico de linfangiectasia
superficial y debido a que esta entidad no posee ma-
yores complicaciones y a que el tratamiento recomen-
dado es la extirpacion quirlrgica, la discusién sobre

Figura 2:

Caracteristicas microscopicas.

WY - A) Se observa el espacio sube-
o B . pitelial, y la superficie cubierta
por epitelio escamoso estratifi-
cado queratinizado (H&E, 4x).
B) Detalle del revestimiento que
muestra una capa simple de cé-
lulas planas de aspecto endote-
lial (H&E, 20x). C) Estudio inmu-
nohistoquimico. El revestimiento
endotelial positivo para D2-40
(IHQ, 4x). D) Detalle de la posi-
tividad para D2-40 en el revesti-
miento de la cavidad (IHQ, 20x).

Microscopic features: A) The
subepithelial space and the sur-
face covered by keratinized stra-
tified squamous epithelium (H&E
stain, 4x) are observed. B) Detalil
of the lining showing a simple
layer of endothelial-looking flat
cells (H&E stain, 20x). C) Immu-
nohistochemical study. Endothe-
lial lining positive for D2-40 (IHC,
4x). D) Detail of positivity for D2-
40 in cavity lining (IHC, 20x).

los diagnésticos diferenciales clinicos e histolégicos
es principalmente académica.’

Existen pocos casos en la literatura, la mayoria
asociados con historia de radiaciéon o traumatismo,
algunos con presentacion clinica semejante a un mu-
cocele, cabe destacar que estos casos son reportados
como linfangioma a pesar de la presentacion clinica
atipica de ser lesiones de aspecto nodular, Unicas.
Uno de los trabajos mas recientes ya utiliza el término
linfangioma circunscrito cuando se trata de lesiones
ectasicas superficiales y en el que de 35 casos encon-
trados en la literatura con este diagndstico, ninguno
se presentd en mucosa labial.®°

CONCLUSIONES

El presente caso de apariencia clinica inusual para
lesiones de origen linfatico parece estar asociado al
area de roce del mantenedor de espacio, ambos noé-
dulos se ubicaban adyacentes al area de los ganchos.
Debido a la presentacion clinica y a los hallazgos
histopatologicos preferimos utilizar el término linfan-
giectasia adquirida. La confirmacion del diagnostico
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se logra unicamente con el estudio histopatolégico.
Enfatizamos en la importancia de considerar diversos
diagnosticos diferenciales cuando tratemos con né-
dulos labiales, asi como el envio a estudio histopa-
tolégico de todo tejido removido, a pesar de tener la
confianza de un diagndstico clinico inicial.

Clinical case
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ABSTRACT

Background: The best-known pathology of lymphatic vessels is
lymphangioma, which is considered a developmental malformation
rather than a true neoplasia. Oral lymphangiomas are more common
in children with half of the cases affecting tongue as clusters of
translucent vesicles. However, single, circumscribed, and superficial
lesions may appear intraorally. They are considered as focal ectasia
of lymph vessels, known as lymphangiectasia, and can be secondary
to obstruction or trauma. Objective: The goal of this report is to
present a case of a lower lip superficial acquired lymphangiectasia
and to compare the differential diagnoses on the basis of the clinical
presentation. Case presentation: A six-year-old girl presented with
an asymptomatic lower lip lesion. On examination two translucent
and fluctuant small nodules were observed in lower labial mucosa.
The first clinical diagnostic hypothesis was mucocele. Under local
anesthesia, an excisional biopsy of both lesions was performed. A
histopathological study revealed a superficial ectatic vascular space,
lined by endothelium. Immunohistochemistry with D2-40 confirmed
its lymphatic nature. After eight months of follow-up, the patient is
well and shows no recurrence. Conclusions: This clinical case is
an example of an acquired lymphangiectasia probably secondary
to trauma to peripheral lymphatic capillaries caused by the use of
a mandibular removable space maintainer. This entity is different
from the deep diffuse lymphangiomas which are true vascular
malformations and are generally present since birth. In oral mucosa,
most lymphatic lesions are superficially located and most commonly
represent lymphangiectasias and not true lymphangiomas.

Keywords: Lymphangiectasia, lower lip, mucocele.

BACKGROUND

Lymphangioma is a rare entity considered to be a
congenital malformation of lymph vessels. Depending
on its size, it has been classified as follows: a)
simple, capillary or circumscribed, b) cavernous, and
c) cystic lymphangioma. The latter occurs most often
in the neck and can become large.* In the mouth,
lymphangiomas are presented as diffuse clusters

of translucent vesicular-looking structures, mainly
affecting the tongue of children, adolescents and
young adults. Other affected sites are palate, jugal
mucosa, gums, and lips.?® Generally, these lesions
are superficial and could most likely represent ectatic
or dilated peripheral lymphatic capillaries as a result
of obstruction, local trauma, or postirradiation,
especially in the case of superficial and circumscribed
lesions. On the other hand, the expression of growth
factors detected in cavernous lymphangiomas
and cystic hygroma is absent in the superficial
type; hence, the term lymphangiectasia has been
suggested to describe these alterations.*®> Some
authors have reported superficial lymphangiomas
using the term lymphangioma circumscriptum (LC),
a well-recognized term in dermatology used for
superficial lymphatic lesions of the skin and genital
region.®” A key finding for diagnosis is the location
of the immediately subepithelial dilated vascular
spaces, superficially located in the lamina propria and
lifting the epithelium.*® The first case documented
and reported as LC in the mouth occurred in a
postirradiated patient, affecting multiple areas of the
oral mucosa.® On the lower lip, there are only two
reports of superficial lymphangioma, both of nodular
appearance, circumscribed, of soft consistency,
smooth surface, translucent, and fluctuating,
mimicking mucocele. However, it was until the
histopathological study that the final diagnosis
was made. Noteworthy, they were documented
as cavernous lymphangioma and superficial
lymphangioma circumscriptum, respectively.®® This
report aims to describe the case of a superficial
lymphangiectasia, initially diagnosed as mucocele,
in order to emphasize both the importance of
considering other diagnoses on the basis of clinical
characteristics and the need for histopathological
analysis of all tissue removed from oral cavity.

CLINICAL CASE

A six-year-old girl presented to the Department
of Pediatric Dentistry at the Faculty of Dentistry Unit
Saltillo of the Autonomous University of Coahuila
for evaluation of an asymptomatic lip lesion. The
lesion had appeared one month earlier. She had
no pathological history of relevance. On extraoral
examination no alterations were identified, while
intraorally two sessile, translucent nodules of
fluctuating consistency and smooth surface, located
in lower lip mucosa were observed. The largest
measured 0.6 x 0.5 x 0.4 cm and the smaller one had
similar characteristics and was adjacent to the first.
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The patient had been using a mandibular removable
functional space maintainer for 1 month; both nodules
coincided with the area where the appliance hooks
contacted the lip mucosa (Figure 1).

The rest of the oral mucosa showed no alterations.
The initial clinical diagnosis was mucocele. An
excisional biopsy of both lesions under local
anesthesia was performed and the tissues were
sent to histopathological study. The hematoxylin
and eosin (H&E) staining revealed a large space
located in the superficial lamina propria, lifting
the keratinized stratified squamous epithelium,
which was atrophic without epithelial processes.
This space was lined by a layer of flat cells of
endothelial morphology containing dispersed slightly
basophilic amorphous material, as well as few
polymorphonuclear cells. Toward the base, lobes of
minor salivary gland and some bundles of striated
muscle of normal characteristics were observed. To
determine the nature of the cells making up the lining,
immunohistochemistry studies were performed
using the antibody D2-40 (Dako, 1:100), which
showed diffuse positivity in the lining of the cavity
confirming its lymphatic nature (Figure 2). Abundant
small lymphatic structures were also observed
at the base of the lesion. The final diagnosis was
superficial lymphangiectasia. The patient recovered
satisfactorily and after eight months of follow-up she
has shown no recurrence.

DISCUSSION

Lymphatic intraoral alterations mainly affect the
tongue in the form of multiple small, diffuse and
superficial vesicles; sometimes the involvement is
deeper and may produce macroglossia.? Some authors
have preferred the term lymphangioma circumscriptum
or even lymphangiectasia when referring to
superficial lesions consisting mainly of ectatic lymph
vessels. On the skin, localized and superficial
lesions are reported with the term lymphangioma
circumscriptum.® It has been argued that intraoral
lymphangioma circumscriptum is reactive in nature
and not a congenital malformation; in these cases,
it is considered of acquired type.® In some reports of
lymphangioma circumscriptum, besides superficial
lymphatic dilation, epithelial hyperplasia with papillary
appearance has been found, clinically characterized
as small, well-delimited, violet lesions.** Clinical
reports of oral cavity using the term lymphangiectasia
are scant. Recently, two cases were described in
patients with Crohn’s disease, one in the lower lip and
the other bilaterally in the lower vestibule. Both cases

had clinical presentation of multiple vesicular lesions.
The possibility of obstruction and secondary ectasia of
the lymph vessels due to the presence of granulomas
is discussed in these patients.*?

This case of superficial lymphangiectasia was
initially diagnosed as mucocele due to its clinical
characteristics of single, localized lesions. Mucocele
is a common lesion of easy clinical recognition, mostly
associated with local trauma involving lower lip.** Less
commonly, other soft tissue lesions may occur with
similar clinical appearance. If the histopathological
study is omitted, confirmation of the diagnosis is not
possible. Even today, some dental professionals
do not consider the histopathological study as an
important diagnostic tool and discard removed tissues,
which can lead to serious complications to the patient.
The histopathological study allowed obtaining the
diagnosis of superficial lymphangiectasia. Because
this entity has no major complications and the
recommended treatment is surgical removal, the
discussion on clinical and histological differential
diagnoses is mainly academic. 9 There are few
cases in the literature, most are associated with
radiation history or trauma and some with mucocele-
like clinical presentation. Noteworthy, these cases
are reported as lymphangioma despite the atypical
clinical presentation of single nodular-looking lesions.
One of the most recent studies already uses the term
lymphangioma circumscriptum referring to superficial
ectatic lesions; in it, of 35 cases found in the literature
with this diagnosis, none was located in lip mucosa.?°

CONCLUSIONS

The present case of unusual clinical appearance for
lesions of lymphatic origin appears to be associated
with the area of rubbing of the mandibular space
maintainer. Both nodules were located adjacent to the
appliance hook area. Due to the clinical presentation
and the histopathological findings we prefer to use
the term acquired lymphangiectasia. The diagnosis
confirmation is achieved only with a histopathological
study. We emphasize the importance of considering
several differential diagnoses when dealing with lip
nodules, as well as of sending to histopathological
study all tissue removed, despite having the
confidence of an initial clinical diagnosis.
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