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Case Report / Olgu Sunumu
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Lymphangioma of the tongue:
report of four cases with dental aspects

Dil lenfanjiyomu: Diş sorunu olan dört olgu sunumu

Kıvanç Bektaş-Kayhan, MD.,1 Yaren Keskin, MD.,1 Mustafa Caner Kesimli, MD.,2 
Murat Ulusan, MD.,2 Meral Ünür, MD.1

Lymphangiomas are uncommon benign 
hamartomatous tumors of the lymphatic channels 
and their clinical presentation is mostly a 
developmental lesion rather than a true neoplasia.[1] 
About 50% of the cases are present at birth and 90% 
develop by two years of age.[2] Lymphangiomas 
have a marked predilection for the head-neck 

region but are rare in the oral cavity.[3] When these 
tumors occur in the oral cavity, the tongue is 
the most affected site.[4] Tongue lymphangiomas 
typically show multiple blister-like nodules on the 
enlarged dorsal surface of the tongue. These lesions 
may also be diffuse, involving large portions of the 
tongue, causing macroglossia.[5]
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Lymphangiomas are rare congenital malformations which are commonly seen in the head and neck region. The disease 
can be histologically differentiated from other vascular disorders such as cavernous or capillary hemangioma with the 
lymphatic endothelium-lined cystic spaces. The onset of lymphangiomas are either at birth (60 to 70%) or up to two years 
of age (90%). It is rare in adults. The therapeutic strategy is mainly based on the surgical removal of the lesion. The risk of 
recurrence is high in incomplete removal of the lesion. In this article, we discuss the major clinical manifestations, disease-
related impairments and dental problems which patients may face as well as treatment options for lymphangioma of the 
tongue. Within this context, we present four cases of lymphangioma of tongue, including two with a giant macroglossia 
leading problems in dentition and related dental problems.
Key Words: Dental care; lymphangioma; macroglossia; tongue.

Lenfanjiyomlar, genellikle baş ve boyun bölgesini tutan nadir doğuştan malformasyonlardır. Hastalık, lenfatik endotelyum 
hattı olan kistik boşluklar ile kavernöz veya kapiller hemanjiyom gibi diğer vasküler bozukluklardan histolojik olarak ayırt 
edilebilir. Lenfanjiyomlar doğuştan olabilir (%60-70) veya iki yaşına kadar gelişebilir (%90). Erişkinlerde nadir görülür. 
Tedavi stratejisi, esas olarak lezyonun cerrahi olarak çıkarılmasını kapsar. Lezyonun tamamen çıkarılmaması durumunda 
nüks riski yüksektir. Bu yazıda, hastalığın majör klinik belirtileri, hastaların karşılaşabileceği hastalık ile ilişkili bozukluklar 
ve diş sorunlarının yanı sıra dil lenfanjiyomunun tedavi seçenekleri irdelendi. Bu bağlamda, ikisi diş yapısı ve ilgili diş 
sorunlarına yol açan dev makroglossi olmak üzere, dört dil lenfanjiyom olgusu sunuldu.
Anahtar Sözcükler: Diş sağlığı; lenfanjiyom; makroglossi; dil.
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Macroglossia may lead to a dry tongue and 
secondary infections, difficulty in speech and 
mastication and numerous dental problems in 
children.[6] In this paper we aimed to discuss 
dental aspects of lymphangioma of the tongue 
and share our clinical experience with four 
lymphangioma patients.

CASE REPORT 
Case 1– A seven-year-old girl diagnosed 
with lymphangioma was referred to the Oral 
Surgery and Medicine Clinics of Dental Faculty 
with dental carries and occlusion problems. 
The patient’s mother stated that the patient 
had raised bubbled lesions all over the tongue 
that grew extensively since she was born. The 
patient had been operated on many times for 
macroglossia since she was five years old. These 
operations consisted of three unsuccessful laser 
intervention and two more surgical operations 
including partial glossectomy. According to 
histopathological examination the diagnosis for 
the patient was lymphangioma circumscriptum. 
On clinical examination, the patient presented 
anterior open-bite due to prolonged macroglossia, 
discoloration of maxillary incisors and carious 
deciduous teeth (Figure 1). The patient also 
presented speech disturbances due to restricted 
movement of the tongue. After the surgical 
operation the patient was able to keep her 
tongue inside and the results were cosmetically 
good. The patient’s prior complaint was pain 
in the teeth which caused eating problems. 
Both right and left maxillary first deciduous 
molars were responsible for the pain. Panoramic 
radiography showed that the patient had root 
resorption due to chronic inflammation. The 
other problem for the patient was gingival 

bleeding upon brushing her teeth, keeping her 
away from regular oral hygiene habits. Oral 
hygiene instructions and removal of the carious 
deciduous teeth was planned as a treatment 
since the patient refused to have orthodontic 
treatment. The patient had no more pain and 
gingival bleeding after treatment. The patient is 
on regular follow-ups (Figure 2).

Case 2– A 12-year-old girl was presented to 
the Oral Surgery and Medicine Clinics of Dental 
Faculty with a complaint of recurrent swelling 
in her tongue. The patient’s family was aware 
of the condition since she was three years old. 
However no biopsy had been performed before. 
On anamnesis the patient’s mother described that 
this swelling occurred mostly after an episode 
of tonsillitis along with fever. No remarkable 
items were detected in the patient’s medical 
history. In our intraoral examination a lesion, 
consisting of multiple raised blisters was seen 
on the left side of the tongue invading both the 
dorsum and the ventral side. The patient did not 
have problems with either dentition or occlusion 
since the tumor was not so big that the tongue 
was located inside the arches. The intraoral 
examination revealed caries especially in the 
left premolars and molars in both maxillary and 
mandibular arches (maxillary and mandibular 
first molars and mandibular first premolar teeth 
were carious), and also the gum inflammation 
was remarkable. A biopsy was performed, after 
which the carious teeth were restored along with 
periodontal treatment. Oral hygiene instructions 
were given and the patient was taught how to 
brush her teeth properly. A smaller and softer 
toothbrush was recommended, especially for the 
left side with the lesion. After dental treatment, 
the complaints were gone. According to the 

Figure 1. Discoloration of maxillary incisors and carious 
deciduous teeth.

Figure 2. After treatment comprised oral hygiene instruction 
and removal of the carious deciduous teeth.
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biopsy results the diagnosis for the patient was 
a microcystic lymphangioma. Since the lesion 
was asymptomatic and there was also no pain, 
the patient refused to have an operation. The 
patient’s family decided to watch the lesion 
carefully and keep coming for regular follow-
ups. The patient has been on regular follow-
ups for three years and eight months with no 
progression of enlargement in this period.

Case 3– A 29-year-old women was referred 
to Oral Surgery and Medicine Clinics of Dental 
Faculty with an acute diffuse enlargement of the 
tongue. The patient was aware of the lesion for 
18 years. She complained of recurrent bleeding 
from her tongue and moderate pain from time to 
time especially after episodes of fever (Figure 3). 
The swelling was usually asymptomatic except 
for difficulty in eating and sleeping which 
occurred during episodes of bleeding. The 
patient stated that the swelling was much bigger 
and bled more for this time. The medical history 
of the patient was unremarkable. According to 
the tongue biopsy the diagnosis for the patient 
was microcystic lymphangioma. The patient’s 
teeth and gums were not affected since she 
had a relatively small lesion that allowed the 
patient to perform regular oral health care. 
After diagnosis the patient refused to have an 
operation and has not been on regular follow-
ups as well.

Case 4– A 10-year-old boy previously 
diagnosed with microcystic lymphangioma was 
referred to the Oral Surgery and Medicine Clinics 
of Dental Faculty with pain and bleeding gums. 
According to the anamnesis the patient was 
born with lymphangioma in the dorsum of the 
tongue and the size of the tumor increased with 
time. The intraoral examination revealed dental 
caries and abscess in the right maxillary first 
molar where tenderness was detected (Figure 4). 
The patient had been operated on three times 
for massive lymphangioma of the tongue when 
he was six years old. Since the patient had 
surgery before eruption of permanent dentition, 
occlusion was compromised with a cross-bite 
on the upper lateral incisor. Postoperatively, the 
patient’s tongue was located completely inside 
with a good cosmetic result. However, there 
wasn’t any progress in his speech. Macroglossia 
prevented regular oral hygiene activity as well 
as dental interventions. The patient had caries 
in both maxillary first molars and in all of 
deciduous molars. There were no special features 
in the patient’s medical records. Planned therapy 
included root canal treatment of the right 
maxillary first molar tooth and restoration of 
carious deciduous molars. The patient was on 
regular follow-ups every three months for two 
years. Since the patient’s family decided to move 
to another province we have not seen the patient 
anymore.

Figure 3. Bubbled lesions on the right side of tongue with 
macroglossia.

Figure 4. Dental caries and abscess in the right maxillary 
first molar.
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DISCUSSION
Lymphangiomas are rare benign neoplasms that 
are believed to develop as a result of abnormal 
development of the lymphatic system.[7] The 
precise etiology is still unknown.[8] The classical 
classification is based on histological appearance 
and divided into three as follows; lymphangioma 
simplex (capillary lymphangioma or 
lymphangioma circumscriptum), cavernous 
lymphangiomas and cystic lymphangiomas 
(cystic hygroma).[3] However, histologic classes 
do not correlate with therapeutic response or 
clinical behavior. Recently, a classification based 
on morphologic aspects has been more commonly 
used. According to this, lymphangiomas are 
classified based on response to sclerotherapy, 
under three headings; macrocystic, microcystic 
and mixed type.[9] Three of our patients had the 
microcystic type and the other was diagnosed 
as lymphangioma circumscriptum with no other 
information available about the classification. 
Lymphangioma simplex of the tongue is a rare 
site of occurrence and in the literature only 
isolated case reports were noticed.[10,11] The other 
three cases were evaluated according to the 
new classification and the type was unique: 
microcystic.

Many of these lesions are congenital and the 
majority are diagnosed before two years of age.[12] 
Two of our cases (a boy and a girl) were born 
with lymphangioma in the tongue. The other 
two manifested the lesion at three and nine years 
old respectively. Lymphangiomas are thought 
to have a female tendency which fits our group 
with three girls and a boy.[7,13] On the other 
hand Bonet-Coloma et al.[12] reported 14 orofacial 
lymphangiomas in eight boys and six girls and 
in the series of Wiegand et al.[14] 29 patients of 
head-neck lymphangiomas in 16 boys and 13 girls 
were reported. No larger series of orofacial or oral 
lymphangiomas are available to discuss.

The mainstay of treatment for tongue 
lymphangioma is surgery[15,16] on the other 
hand sclerotherapy, simple electrocautery, 
vaporization with CO2 laser, radiotherapy, 
pulse-dye laser and radiofrequency could be used 
as a treatment.[7,11,17-20] The aim of the treatment 
for tongue lymphangioma is minimizing the 
side effects like macroglossia cases as well as 
difficulty in swallowing and mastication, speech 
disturbances, exclusive nasal breathing, airway 

obstruction, mandibular prognathism and other 
possible deformities of maxillofacial structures.[8]

All of the patients were recommended surgery 
as a treatment since the microcystic type was not 
responding to sclerotherapy.[7] Two patients did 
not want to have surgery so there was no option 
but continuous follow-ups.[21] The other two had 
already had operations. They had been seriously 
affected because of severe macroglossia and they 
had partial glossectomy operations at the age of 
five and six years old. Unfortunately, both of the 
patients have recurrent disease and they have also 
experienced numerous surgical interventions. 
In the literature, recurrence after removing 
lymphangiomas is seen in 41% of cases.[6] For huge 
lymphangiomas of any type, total resection is not 
a proper treatment because tumors may include 
vital structures. The aim of the surgery is only 
reduction of the size of the tongue in order to 
eliminate the problems ranked above.[8,22] Thus, 
residual tumor may be expected as is probable in 
both cases of partial glossectomies, resulting in 
recurrence.

Symptoms are related to the location, size and 
the extent of the lymphangioma. For dentists, 
the disease can be classified as associated with 
dentition and not associated with dentition. In 
most cases the negative relation relies on tongue 
tumors that create macroglossia in particular 
when appropriate treatment is not available in 
time.

Dental preventive programs must be performed 
especially for children with macroglossia until 
surgery is possible. The inability to perform 
normal dental hygiene activities increases the 
risk of caries and gingivitis.[8] Adequate surgery 
helps patients to keep the tongue inside as a 
good cosmetic result and they also have less 
orthognathic deformities. Pediatric dentists 
are not only focusing on hard tissues but also 
soft tissues during intraoral examinations. In 
describing cases two of them were diagnosed in 
the Oral Surgery and Medicine Clinics of Dental 
Faculty. The other two had dental problems 
due to macroglossia. Many lesions of tongue 
lymphangiomas are recognized and diagnosed 
by dentists.[23]

Tongue lymphangioma causes macroglossia 
among children in common leading to a 
dry and cracked tongue with ulcerating 
secondary infections, difficulty in swallowing 
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and mastication, speech disturbances, exclusive 
nasal breathing, airway obstruction, mandibular 
prognathism and other possible deformities of 
maxillofacial structures.

The patients must be treated by preventive 
dentistry since these cases do not require any 
special skills to be treated. The differential 
diagnosis of early lesions must be taken into 
consideration to get better treatment results.
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