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CASE REPORT

Lingual cystic lymphangioma in an elderly patient

Yaşlı bir hastada lingual kistik lenfanjiyom

Vural FİDAN, M.D.,1 Yavuz SÜTBEYAZ, M.D.2

A 67-year-old man presented with a multilobulated, 
soft lesion at the tip of the tongue, causing articulation 
problem. The patient stated that it had been present 
for more than 30 years. Oral examination showed 
a multilobular mass with a large base, 15×15×10 
mm in size. Magnetic resonance imaging showed a 
multilocular cystic tumor. The patient underwent total 
excision. After surgery, tongue movement and sen-
sation were normal. Histopathologic diagnosis was 
cystic lymphangioma.
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tongue/pathology; tongue neoplasms/pathology.

Altmış yedi yaşında erkek hasta, dilin ucunda 30 yılı 
aşkın süredir var olan ve konuşma sorunu yaratan 
multilobüler, yumuşak bir kitle yakınmasıyla baş-
vurdu. Ağız incelemesinde 15x15x10 mm boyutla-
rında, geniş tabanlı multilobüler bir kitle görüldü. 
Manyetik rezonans görüntülemede de multiloküler 
kistik tümör gözlendi. Kistik lezyon total eksizyon ile 
çıkarıldı. Ameliyattan sonra dilin hareketi ve duyu-
mu normaldi. Histopatolojik tanı kistik lenfanjiyom 
olarak kondu.

Anahtar Sözcükler: Erişkin; lenfanjiyom, kistik/patoloji/cerra-
hi; dil/patoloji; dil neoplazileri. 

Lymphangioma is generally known as a disease of 
childhood when there is active lymphatic growth. 
Lymphangiomas can occur in the first two years 
of life.[1] There are very few adult cases of cystic 
lymphangioma.[1] The most common location of this 
malformation is the head and neck region, but it can 
also occur in the mediastinum, chest wall, abdo-
men, inguinal region, arm, and sometimes in the 
leg.[1] Within the head and neck region, the posterior 
triangle appears to be the most common site, and 
another common site is the dorsum of the tongue. It 
is rarely found on the tip of the tongue. 

In this article, we presented an adult patient with 
a cystic lymphangioma that developed on the tip of 
the tongue.

CASE REPORT 

A 67-year-old man was referred to our department 
for a multilobulated soft lesion at the tip of the 
tongue causing articulation problem. The patient 
stated that the lesion had been present for more than 
30 years, during which time he had not sought medi-
cal treatment. The lesion showed a slow progression 
but did not cause difficulty in eating and speaking. 
The patient did not have any other health problem, 
only had a history of local trauma. On examination, 
oral hygiene was very poor, there was a multilobular 
mass 15x15x10 mm in size, with a large base on the 
tip of the tongue (Fig. 1). The tongue had normal 
color, texture, and movement. The soft mass had an 
elastic consistency, and its surface was covered by 
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epithelium. There was no neurosensory disturbance. 
Laboratory data were all normal. Magnetic reso-
nance imaging showed a 1.5x1.5x1-cm multilocular 
tumor at the tip of the tongue (Fig. 2). Examination 
and ultrasound imaging of the head and neck region 
showed no other mass lesion.

The patient underwent total excision of the lesion 
suggestive of a benign neoplasm. A parallel incision 
was made to the mucosal line of the lesion and the 
mass was excised from the tongue with sharp dis-
section leaving about a 5-mm safety margin. The 
wound was primarily closed. The surgical specimen 

seemed well-demarcated with some cystic compo-
nents. After surgery, tongue movement and sensa-
tion were normal.

Histopathologically, the lesion was composed 
of multiple, irregular-shaped lymphatic channels 
which were lined by flat endothelial cells. An incom-
plete layer of smooth muscle often lined the walls of 
these malformed channels (Fig 3a). Lingual tissue 
sections were stained immunohistochemically with 
CD34 and vimentin (Fig 3b, c).

DISCUSSION

The lymphatic system arises from five primitive 
buds of the venous system.[2] These five buds give 
rise to paired jugular and posterior sacs, and a single 
retroperitoneal sac. Lymphangiomas predominantly 
develop in the head and neck region because of the 
anatomic location of these sacs.[3] However, the etiol-
ogy of lymphangioma in the adult may be different 
from that in the infant. In our case, there was no 
obvious history, but local trauma. Lymphangioma 
and cystic lymphangioma may be found together in 
neighboring regions.[4]

Histologically, lymphangiomas are classified in 
three groups: (i) lymphangioma simplex consists of 
thin-walled lymphatics; (ii) cavernous lymphangio-
ma is composed of dilated lymphatic vessels with 
surrounding adventitia; and (iii) cystic lymphangio-
ma (hygroma).[4] Lingual lymphangiomas are often 
simple or cavernous.[4] In our case, lymphangioma 
was of cystic type with large cysts in gross pathol-
ogy.

Lymphangiomas of the tongue show macroglos-
sia with translucent vesicles of lymphatic origin. 
Cystic lingual lymphangiomas usually occur on the 
dorsum of the tongue, and the tip of the tongue is a 
rare location.[4]

Fig. 1. Clinical appearance of the lesion on the tip of the tongue.

Fig. 2. Magnetic resonance image of the tongue.

Fig. 3. (a) Numerous irregularly dilated lymphatics in loose connective tissue (H-E x 200). Staining of lymphangioma with (b) CD34 
and (c) vimentin.

(a) (b) (c)
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Lymphangioma is readily diagnosed on 
hematoxylin-eosin stained sections. Cystic lymp-
hangiomas have multiple loculated, dilated, lym-
phatic channels lined by a single layer of endothe-
lium. The differential diagnosis should include 
other neoplasms and epithelium-lined cysts.[4] In 
our case, there was a well-defined epithelial lining 
suggestive of lymphangioma. Positive staining of 
the cyst wall for CD34 and vimentin confirmed 
the diagnosis.[4]

Magnetic resonance imaging shows a multilocu-
lar pattern of low signal intensity on T1-weighted, 
and high signal intensity on T2-weighted images.[5]

The occurrence of cystic lymphangiomas in 
adults is very rare.[6] In our case, the patient was 
67 years old and cystic lymphangioma had exist-
ed on the tip of the tongue for more than 30 years. 
The majority of clinical presentations in adults 
include an asymptomatic mass in the posterior 
triangle of the neck, with a rapid growth over 
weeks,[7] usually after local trauma or a respira-
tory infection.[8] 

Many treatment alternatives exist for lymp-
hangiomas, including surgical excision, laser sur-
gery, cryotherapy, electrocautery, steroid adminis-
tration, sclerotherapy, embolization, and radiation 
therapy,[8] but surgical excision is the most preferred 
option.[2,9,10] We performed total surgical excision. 

Long-term follow-up of lymphangiomas is required 
due to high recurrence rate (21%).[7] 
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