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A Case Report with 6-Year Follow-Up
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ABSTRACT Lymphangiomas are rare malformations of the lympha-
tic system and usually affect the head and neck. They rarely occur in-
traorally, 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 thera-
peutic options for treating such lesions include surgical excision, scle-
rotherapy, cryotherapy, laser treatments, steroid applications, and
bleomyecin. In this case report, a case of lymphangioma of the tongue
was presented, which was detected prior to orthodontic treatment and
could interfere with the treatment process. In this case, a more conser-
vative surgical approach was adopted, and the lesion was first shrunk
with sequential cryotherapy treatments, followed by excision with a
diode laser. The six-year follow-up of the case with a stable course wit-
hout recurrence after two-stage treatment is presented.
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OZET  Lenfanjiyomlar, lenfatik sistemin nadir  goriilen
malformasyonlaridir ve genellikle bas ve boyun bélgesini etkilerler. in-
traoral olarak nadiren ortaya ¢ikarlar ve agiz icinde gelistiklerinde
genellikle dil bolgesini etkilerler. Agiz i¢indeki lezyonlar, potansiyel
olarak makroglossi, malokliizyon, konusma bozukluklari, ¢igneme
zorluklari ve havayolunun tikaniklig1 gibi sorunlara neden olabilirler.
Bu tiir lezyonlarin tedavisi igin ¢esitli terapotik segenekler
bulunmaktadir, bunlar arasinda cerrahi eksizyon, skleroterapi, kriy-
oterapi, lazer tedavileri, steroid uygulamalari ve bleomisin gibi yon-
temler bulunmaktadir. Bu olgu sunumunda, ortodontik tedavi 6ncesinde
tespit edilen ve tedavi siirecini engelleyebilecek diizeyde olan dil
lenfanjiyomuyla ilgili bir vaka sunulmaktadir. Bu vakada, daha kon-
servatif bir cerrahi yaklasim benimsenmis ve 6nce ardisik kriyoterapi
uygulamalari ile lezyon kiigiiltiilmiis, ardindan da diyot lazer ile ek-
sizyon gergeklestirilmistir. Iki asamal1 tedavi sonrasinda, niiks gdster-
meden stabil seyreden vakanin alt1 y1llik takibi sunulmustur.

Anahtar Kelimeler: Lenfanjiyoma; dil;
kriyocerrahi; diyot lazer; cocuk

Lymphangiomas are congenital malformations
of the lymphatic system, commonly presenting as
cystic lesions resulting from abnormal lymphatic ves-
sel development.! When found in the tongue, these
growths can lead to significant functional impair-
ments, including difficulties in swallowing, speech
disturbances, and respiratory complications.>* Clini-

cally, lymphangiomas are characterized by their soft,
compressible nature, with surface variations ranging
from normal mucosa to bluish or transparent appear-
ances.*

Diagnosis typically occurs during childhood,
with around 50% of cases identified at birth and the
remaining 50% recognized later. Nearly 90% of cases
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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.
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.

The patient’s family was informed about the
condition, and a treatment plan was devised. The ini-
tial step involved managing the lymphangioma

FIGURE 1: Clinical images of the lesion on the dorsal and ventral surface of the
tongue.



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).

Following a one-month interval, the remaining
lesion was excised in a single session using a diode
laser (LAMBDA Medical laser technologies/Vi-

FIGURE 2: Images taken during cryotherapy applications to the lesion following in-
cisional biopsy.

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.

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

cenza-Italy, doctorSmile erbium&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).

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-



FIGURE 6: A) First week after laser excision; B) Second week; C) First month; D) Fourth month; E-F) Clinical appearance after six years.

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.!*°%9 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.

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, sclerother-
apy, steroid administration, embolization, ligation,
and various forms of laser surgery.**® Non-surgical
treatments, including the use of sclerosing agents, ra-
diation therapy, cryosurgery, and intralesional
steroids, have been attempted when complete exci-
sion is not feasible. However, these treatments have
demonstrated limited effectiveness and can carry var-
ious 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
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.

Finansal Kaynak

Bu c¢alisma swrasinda, yapilan arastirma konusu ile ilgili
dogrudan baglantist bulunan herhangi bir ilag firmasindan, tibbi

alet, gere¢ ve malzeme saglayan ve/veya iireten bir firma veya

herhangi bir ticari firmadan, ¢alismanin degerlendirme
stirecinde, ¢calisma ile ilgili verilecek karari olumsuz etkileyebile-

cek maddi ve/veya manevi herhangi bir destek alinmamistir.

Cikar Catismast

Bu ¢aligma ile ilgili olarak yazarlarin ve/veya aile bireylerinin
¢tkar ¢atismasi potansiyeli olabilecek bilimsel ve tibbi komite
tiyeligi veya iiyeleri ile iligkisi, danigmanlik, bilirkisilik, herhangi
bir firmada ¢alisma durumu, hissedarlik ve benzer durumlart yok-

tur.

Yazar Katkilar

Fikir/Kavram: Sedat Cetiner, Tasarim: Sercan Kiiciikkurt;
Denetleme/Danismanhik: Sedat Cetiner, Emre Baris; Veri
Toplama ve/veya Isleme: Sercan Kiiciikkurt; Analiz ve/veya
Yorum: Sedat Cetiner, Emre Baris; Kaynak Taramasi: Sercan
Kiiciikkurt; Makalenin Yazimi: Sercan Kiiciikkurt; Elestirel In-
celeme: Sedat Cetiner, Emre Baris, Kaynaklar ve Fon Saglama:
Sedat Cetiner; Sercan Kiigiikkurt, Malzemeler: Sercan Kiigiikkurt.

IREFERENCES

1. Janior FN, da Silva EJ, Paz ALLM, Volpato LER. Extensive tongue lymphan-
gioma followed for eight years: case report. J Oral Maxillofac Pathol.
2023;27(Suppl 1):56-S9. PMID: 37082292; PMCID: PMC10112709.

2. Nelson BL, Bischoff EL, Nathan A, Ma L. Lymphangioma of the dorsal tongue.
Head Neck Pathol. 2020;14(2):512-5. PMID: 31823215; PMCID:
PMC7235118.

3. Nagpal T, Shah D, Manjunatha BS, Mahajan A. Macroglossia associated with
lymphangioma: surgical management of an interesting case. J Clin Diagn
Res. 2015;9(11):ZD04-6. PMID: 26672763; PMCID: PMC4668530.

4. Kayhan KB, Keskin Y, Kesimli MC, Ulusan M, Uniir M. Lymphangioma of the
tongue: report of four cases with dental aspects. Kulak Burun Bogaz Ihtis
Derg. 2014;24(3):172-6. PMID: 25010808.

5. VU, Sivasankari T, Jeelani S, Asokan GS, Parthiban J. Lymphangioma of
the tongue - a case report and review of literature. J Clin Diagn Res.
2014,8(9):2D12-4. PMID: 25386537; PMCID: PMC4225989.

6. Kataria P, Passey JC, Agarwal AK. Lymphangioma circumscriptum of the
tongue: successful treatment using intralesional bleomycin. J Laryngol Otol.
2009;123(12):1390-2. PMID: 19545460.

7. de Queiroz AM, Silva RA, Margato LC, Nelson-Filho P. Dental care manage-
ment of a young patient with extensive lymphangioma of the tongue: a case
report. Spec Care Dentist. 2006;26(1):20-4. PMID: 16703930.

8. Aires AV, Kato CNAO, Silva LVO, de Andrade RS, Martelli Junior H, Ferreira
MVL, et al. Lingual lymphangioma ablation with high power diode laser: a
case report. J Lasers Med Sci. 2020;11(2):234-7. PMID: 32273969; PMCID:
PMC7118497.

9. Eren S, CebiAT, Isler SC, Kasapoglu MB, Aksakalli N, Kasapoglu C. Cav-
ernous lymphangioma of the tongue in an adult: a case report. J Istanb
Univ Fac Dent. 2017;51(2):49-53. PMID: 28955596; PMCID:
PMC5573474.

10. Hwang J, Lee YK, Burm JS. Treatment of Tongue Lymphangioma with In-
tralesional Combination Injection of Steroid, Bleomycin and Bevacizumab.
Arch Craniofac Surg. 2017;18(1):54-8. PMID: 28913305; PMCID:
PMC5556746.

11, Chakravarti A, Bhargava R. Lymphangioma circumscriptum of the tongue in
children: successful treatment using intralesional bleomycin. Int J Pediatr
Otorhinolaryngol. 2013;77(8):1367-9. PMID: 23732020.



