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se logra únicamente con el estudio histopatológico. 
Enfatizamos en la importancia de considerar diversos 
diagnósticos diferenciales cuando tratemos con nó-
dulos labiales, así como el envío a estudio histopa-
tológico de todo tejido removido, a pesar de tener la 
confianza de un diagnóstico clínico inicial. 
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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.
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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.1 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.2,3 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.4,5 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.6.7 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.4.6 The first case documented 
and reported as LC in the mouth occurred in a 
postirradiated patient, affecting multiple areas of the 
oral mucosa.6 On the lower lip, there are only two 
reports of superficial lymphangioma, both of nodular 
appearance, circumscribed, of soft consistency, 
smooth surface, translucent, and f luctuating, 
mimicking mucocele. However, it was until the 
histopathological study that the final diagnosis 
was made. Noteworthy, they were documented 
as cavernous lymphangioma and superf ic ia l 
lymphangioma circumscriptum, respectively.8,9 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 × 0.5 × 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.2 Some authors 
have preferred the term lymphangioma circumscriptum 
or even lymphangiectasia when referr ing to 
superficial lesions consisting mainly of ectatic lymph 
vessels. On the skin, localized and superficial 
lesions are reported with the term lymphangioma 
circumscriptum.10 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.6 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.11 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.12

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.13 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.8,9,14

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 al l  t issue removed, despite having the 
confidence of an initial clinical diagnosis.
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