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A Case Report with 6-Year Follow-Up
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ABSTRACT Lymphangiomas are rare malformations of the lym-
phatic system and usually affect the head and neck. They rarely occur
intraorally, and when they develop in the mouth, they usually affect
the tongue. Intraoral lesions can cause macroglossia, malocclusion,
speech disorders, chewing difficulties, and airway obstruction.
Various therapeutic options for treating such lesions include surgical
excision, sclerotherapy, cryotherapy, laser treatments, steroid appli-
cations, and bleomycin. In this case report, a case of lymphangioma
of the tongue was presented, which was detected prior to orthodon-
tic treatment and could interfere with the treatment process. In this
case, a more conservative surgical approach was adopted, and the le-
sion was first shrunk with sequential cryotherapy treatments, fol-
lowed by excision with a diode laser. The six-year follow-up of the
case with a stable course without recurrence after two-stage treat-
ment is presented.
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OZET Lenfanjiyomlar, lenfatik sistemin nadir goriilen malformas-
yonlaridir ve genellikle bas ve boyun bélgesini etkilerler. intraoral ola-
rak nadiren ortaya ¢ikarlar ve agiz iginde gelistiklerinde genellikle dil
bolgesini etkilerler. Agiz igindeki lezyonlar, potansiyel olarak mak-
roglossi, malokliizyon, konusma bozukluklari, ¢igneme zorluklart ve
havayolunun tikaniklig1 gibi sorunlara neden olabilirler. Bu tiir lez-
yonlarin tedavisi i¢in g¢esitli terapdtik secenekler bulunmaktadir, bun-
lar arasinda cerrahi eksizyon, skleroterapi, kriyoterapi, lazer tedavileri,
steroid uygulamalar1 ve bleomisin gibi yontemler bulunmaktadir. Bu
olgu sunumunda, ortodontik tedavi 6ncesinde tespit edilen ve tedavi
siirecini engelleyebilecek diizeyde olan dil lenfanjiyomuyla ilgili bir
vaka sunulmaktadir. Bu vakada, daha konservatif bir cerrahi yaklagim
benimsenmis ve dnce ardisik kriyoterapi uygulamalar ile lezyon kii-
ciiltiilmiis, ardindan da diyot lazer ile eksizyon gerceklestirilmistir. Iki
asamal1 tedavi sonrasinda, niiks gostermeden stabil seyreden vakanin
alt1 y1llik takibi sunulmustur.
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kriyocerrahi; diyot lazer; cocuk

Lymphangiomas are congenital malformations of
the lymphatic system, commonly presenting as cystic
lesions resulting from abnormal lymphatic vessel de-
velopment.! When found in the tongue, these growths
can lead to significant functional impairments, in-

cluding difficulties in swallowing, speech distur-
bances, and respiratory complications.”* Clinically,
lymphangiomas are characterized by their soft, com-
pressible nature, with surface variations ranging from
normal mucosa to bluish or transparent appearances.**
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Diagnosis typically occurs during childhood,
with around 50% of cases identified at birth and the
remaining 50% recognized later. Nearly 90% of cases
develop in children younger than two years old, with
no discernible relation to gender or familial tendency.
Lymphangiomas constitute about 6% of all benign
tumors in the pediatric population.*?

Lymphangiomas initially track the patient’s de-
velopment and occasionally regress slowly. How-
ever, certain factors, such as repeated upper airway
infections or traumas in tongue lymphangiomas, can
lead to an enlargement of the tumor size, resulting in
complications such as macroglossia and functional
and aesthetic issues. They tend to become symp-
tomatic during early childhood, often resulting in var-
ious complications such as speech disorders,
difficulties maintaining oral hygiene and bleeding
due to trauma.>**

Histopathologically, lymphangiomas can be cat-
egorized as capillary, cavernous, or cystic based on
the size and structure of the lymphatic vessels. Cav-
ernous lymphangioma is the most common type
found intraorally. These growths have been linked to
various syndromes and anomalies, including Turner’s
syndrome, Noonan’s syndrome, trisomies, cardiac
anomalies, fetal hydrops, fetal alcohol syndrome, and
Familial pterygium colli.>® Differential diagnosis for
lymphangioma involves several other conditions,
such as hemangioma, teratoma, lingual thyroid, der-
moid cyst, heterotopic gastric mucosal cyst, or gran-
ular cell tumor.”

In the presented case report, the comprehensive
6-year follow-up of a 9-year-old girl diagnosed with
a lingual lymphangioma on the left half of the dorsal
and ventral tongue is detailed. The treatment ap-
proach involved an initial reduction in size through
cryosurgery, followed by complete excision using a
diode laser.

I CASE REPORT

A 9-year-old girl was referred to Gazi University Fac-
ulty of Dentistry, Department of Oral and Maxillofa-
cial Surgery in 2014 by her orthodontist because of a
swelling on the left side of her tongue that had been
present since birth and gradually increased over time.
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After reviewing the patient’s medical history, it was
determined that the patient had no known systemic
diseases, was not on regular medication, and no sim-
ilar conditions were identified among close relatives.

Although the patient had difficulties chewing
and speaking, the issue had not received significant
attention from the patient or her family. The patient
had malocclusion and an anterior open bite, prompt-
ing ongoing orthodontic treatment. The orthodontist
speculated that the tongue swelling might contribute
to the open bite and dental crowding, hindering the
progress of orthodontic treatment and forcing the
upper teeth to move forward while closing the mouth.

The swelling was non-painful, with no history
of pus discharge or bleeding. Intraoral examination
revealed multiple papular lesions on the left side of
the tongue, including a few blood-filled papules and
some lesions displaying coloration similar to the nor-
mal mucosa. Palpation indicated that the lesions were
soft, non-tender, and exhibited a rough texture with
bumps (Figure 1). The large lesion on the dorsum ap-
peared as a nodular 30x20x10 mm structure with a
multiple and transparent blister surface, typical of su-
perficial lymphangiomas. The small lesion located at
the tip of the tongue is approximately 10x5x5 mm in
size. Based on these clinical features, a preliminary
diagnosis of lymphangioma was considered.

FIGURE 1: Clinical images of the lesion on the dorsal and ventral surface of the
tongue.
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The patient’s family was informed about the
condition, and a treatment plan was devised. The ini-
tial step involved managing the lymphangioma
through multiple cryosurgery sessions aimed at re-
ducing the lesion size. Following this, excision was
planned using a diode laser. Informed consent forms
were obtained from the patient’s family before the
procedure.

During the first session, cryotherapy was applied
to lesions on both the dorsal and ventral surfaces.
Subsequent cryotherapy sessions were conducted at
two-week intervals. The large lesion on the dorsum
was treated by dividing it into four imaginary equal
sections, and each imaginary part received one-
minute cryotherapy sessions. The small lesion on the
ventral surface was also treated in one-minute ses-
sions (Figure 2). An incisional biopsy was taken dur-
ing this stage for pathological examination, with the
tissue subsequently processed and stained with hema-
toxylin and eosin. The histopathological analysis un-
covered multiple expanded lymphatic passages,
encompassed by a solitary layer of endothelial cells
featuring flattened to oval nuclei, brimming with
lymph and sporadic inflammatory cells. These en-
larged vessels resided immediately below the epithe-
lial layer, with scarce connective tissue stroma
dividing them from the epithelial surface above. The
connective tissue stroma displayed regions of lymph
accumulation, while the overlying epithelium ap-
peared as parakeratinized stratified squamous epithe-
lium, confirming the lymphangioma diagnosis
(Figure 3).

FIGURE 2: Images taken during cryotherapy applications to the lesion following in-
cisional biopsy.
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FIGURE 3: A) Incisional biopsy specimen; B) Histological appearance of the abun-
dant expanded lymph vessels, encompassed by a sole endothelial cell layer and
replete with lymph fluid (H&E, x100).

FIGURE 4: The situation of the lesion one month after three sessions of cryothe-
rapy. At this stage, diode laser excision was performed.

R

FIGURE 5: Clinical images taken during the excision of the lesion with the help of
diode laser.

Following a one-month interval, the remaining
lesion was excised in a single session using a diode
laser (LAMBDA Medical laser technologies/Vi-
cenza-Italy, doctorSmile erbiumé&diode laser, wave-
length 808 nm, 300 second duration, pulsed mode
and 2 watts) under local anesthesia, with no require-
ment for sutures (Figure 4, Figure 5).
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FIGURE 6: A) First week after laser excision; B) Second week; C) First month; D) Fourth month; E-F) Clinical appearance after six years.

Postoperative follow-ups were conducted at one
(Figure 6A) and two weeks (Figure 6B) and again at
one (Figure 6C) and four months (Figure 6D), re-
vealing no signs of infection or complications. The
patient reported experiencing numbness and taste
problems in the treated area. Six years after surgery,
no lesion recurrence was seen and the patient reported
that the initial numbness and taste problems had im-
proved significantly and did not affect the patient’s
quality of life (Figure 6E, Figure 6F).

I DISCUSSION

Lymphangiomas have the potential to develop in var-
ious body regions, typically presenting as masses or
cysts. Their predominant manifestation occurs in the
head and neck regions, with approximately 75%.!
While they seldom affect the oral cavity, they can still
emerge on the tongue, palate, gingiva, lips, and alve-
olar ridge. Around 36% of lesions on the tongue are
located on the dorsal surface of the tongue.'>**° In
the presented case, the involvement of the tongue ex-
tended to the dorsal aspect, tip, and base, underscor-
ing the unusual nature of this manifestation.
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Surgical treatment of tongue lesions requires
particular attention to preserving taste, if possible, as
the structural integrity of the tongue plays a crucial
role in the speech development of pediatric patients,
highlighting the importance of early diagnosis. Treat-
ment options for lymphangiomas depend on the
tumor’s type, size, and anatomical involvement.
Available methods include surgical excision, radia-
tion therapy, cryotherapy, electrocautery, scle-
rotherapy, steroid administration, embolization,
ligation, and various forms of laser surgery.>>* Non-
surgical treatments, including the use of sclerosing
agents, radiation therapy, cryosurgery, and intrale-
sional steroids, have been attempted when complete
excision is not feasible. However, these treatments
have demonstrated limited effectiveness and can

carry various side effects.! 681011

In the case presented, the patient experienced an
enlarged tongue from birth, leading to feeding diffi-
culties and malnutrition. Additionally, the patient en-
countered impaired speech and an anterior open bite
due to the enlarged tongue. Consequently, she com-
menced orthodontic treatment and was referred to us
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by the orthodontist. A phased treatment plan was de-
vised, initiating with cryosurgery as a conservative
measure to reduce the lesion’s size before its com-
plete excision. Three cryosurgery sessions at two-
week intervals effectively reduced the lesion’s size
to a more manageable extent. The remaining lesion
was then excised using a Diode laser, with no recur-
rence observed during the 6-year follow-up period.
Cryosurgery demonstrated its effectiveness in treat-
ing small-sized lymphangiomas and reducing larger
lesions. Moreover, the Diode laser application pro-
vided a comfortable and efficient option for excision,
ensuring clinical bleeding control in a region prone
to bleeding, such as the tongue, as observed in this
case.
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