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Abstract

Streszczenie

Lymphangiomatous polyps of the palatine tonsil are a rare clinical entity with only about 30 odd cases ever reported. All the
cases in the literature were described as unilateral tonsillar diseases, except for one paediatric case which had bilateral
tonsillar involvement. Due to its unilateral presentation and suspicious appearance similar to tonsillar malignancy,
lymphangiomatous polyps may cause heightened anxiety to both patients and doctors alike on a routine oropharyngeal
examination. Owing to its rarity and a variety of complex nomenclatures, this condition may also be confusing to the treating
otolaryngologist as well as junior pathologist. We report an extremely rare case of bilateral tonsillar lymphangiomatous polyps
in a snoring child that was successfully treated surgically via tonsillectomy.
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Polipy o charakterze naczyniaka chtonnego migdatka podniebiennego sa w praktyce klinicznej odnotowywane bardzo
rzadko - dotychczas opisano jedynie okolo 30 przypadkéw. Zazwyczaj stwierdzano jednostronne zmiany w obrebie migdatka
podniebiennego, tylko u jednego dziecka migdatki byly zajete obustronnie. Polipy o charakterze naczyniaka chlonnego moga
budzi¢ zaniepokojenie pacjenta oraz lekarza ze wzgledu na umiejscowienie po jednej stronie oraz wyglad przypominajacy
nowotwor migdatka. Zwazywszy na rzadko$¢ wystepowania oraz roznorodnos¢ nazewnictwa jednostka ta moze by¢ réwniez
trudna do rozpoznania zaréwno dla otolaryngologa, jak i niedo$wiadczonego patologa. Przedstawiamy niezwykle rzadki
przypadek obustronnych polipéw migdatka o charakterze naczyniaka chlonnego u dziecka z problemem chrapania, u ktérego
skuteczny okazat si¢ zabieg tonsillektomii.

Stowa kluczowe: migdalek, tonsillektomia, polip, hamartoma, guz
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INTRODUCTION

as angiomas, polypoid lymphangiomas, hamarto-

matous polyps, lymphoid polyps, and others!-%.
Lymphangiomatous lesions are commonly found in the
head and neck region, accounting for up to 90% of all
lymphangiomas®. The sites are usually the skin or sub-
cutaneous tissue, but may include areas such as the
tongue, parotid gland and larynx). Tonsillar occur-
rence is relatively rare. Common presentations include
sore throat, dysphagia or the sensation of a lump in the
throat, but snoring has never been the chief complaint®.
Oropharyngeal examination commonly reveals a unilater-
al tonsillar enlargement with atypical appearance of a pe-
dunculated mass extending from the tonsil®. The main-
stay of treatment is tonsillectomy, but the difficulty lies in
its preoperative diagnosis.

Lymphangiomatous polyps (LAP) are also known

CASE REPORT

A 12-year-old girl was referred by a primary care doc-
tor due to snoring accompanied by a finding of unilater-
al left tonsillar hypertrophy suspicious for malignancy.
She complained of snoring and mouth breathing. She de-
nied any choking episodes, nocturia, morning headache,
mood changes or daytime somnolence. There was no com-
plaint of recurrent tonsillitis, neck swelling, or constitu-
tional symptoms. Further history revealed she had been
admitted to the gynaecology ward 6 months earlier, due to
iron deficiency anaemia secondary to dysfunctional uter-
ine bleeding. At that time, the treating gynaecologist had
incidentally found multiple small lumps over her right
breast. Fine needle aspiration cytology (FNAC) and ultra-
sonography of the right breast had been performed, with
the lumps concluded to be benign findings, fibroadeno-
ma category I, based on the breast imaging reporting and
data system (BIRADS). She is an average primary school
pupil with no history of smoking, alcohol intake, tubercu-
losis contact or any family history of malignancy. On oro-
pharyngeal examination, the right tonsil was grade 2, while
the left tonsil was grade 4 (Fig. 1). Both tonsils had polyp-
oidal appearance with intact mucosa and mildly erythem-
atous palatoglossal arches. There were few small and non-
tender bilateral jugulodigastric lymph nodes. Other clinical
examinations were unremarkable. Nasoendoscopy revealed
a small amount of adenoid tissue.

Tonsillectomy was then performed under general anaesthe-
sia, using dissection technique with cold instruments, while
haemostasis was secured with bipolar diathermy. Both ton-
sils were sent for histopathological examination (HPE). The
patient was discharged home with no more complaint of
snoring, and recovered (Fig. 2).

Grossly, the specimen consisted of greyish tissue with mul-
tiple papillomatous nodules at the tonsillar surface, mea-
suring 3 X 3 x 3 mm up to 10 x 5 x 3 mm. On microscopic
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Fig. 1. Oropharyngeal examination revealed a substantially larg-
er, grade 4 left tonsil in comparison to the right, grade
2 tonsil, with multiple pedunculated polypoidal structures

examinations, there were multiple pedunculated lymphoid
polyps with stratified squamous epithelium covering
(Fig. 3). In these polyps, there was proliferation of dilat-
ed lymphatic vascular channels within fibrous stroma with
positive CD31 immunostaining (Fig. 4 A, C). These lym-
phatic vascular channels were filled with lymphocytes and
positive for CD3 (Fig. 4 B, D). HPE found tonsillar LAP
with a background of chronic tonsillitis, with no evidence
of malignancy.
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Fig. 2. Bilateral tonsillar fossae were already well healed at
2 weeks post tonsillectomy
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Fig. 3. The pedunculated lymphoid polyp arises from the ton-

sil covered by benign squamous epithelium (x40 magni-
fication)

DISCUSSION

LAP may contribute to up to 8% of all benign tonsillar tu-
mours®. The actual prevalence of LAP may be higher than
reported because of confusing histological nomenclatures
used for describing the lesion and the lack of awareness

among clinicians®. LAP often presents in adulthood, with
a mean age of 25, with no sex predilection”. Most of the
time, tonsillar LAP manifests as unilateral tonsillar hyper-
trophy with atypical appearance that may mimic a neo-
plasm. Unilateral tonsillar hypertrophy may be benign,
such as chronic tonsillitis or squamous papilloma, but ma-
lignant differentials such as lymphoma, squamous cell car-
cinoma and metastatic disease must be ruled out first®?).
In this case, due to the asymmetrical tonsillar size and atyp-
ical, polypoidal appearance, diagnostic tonsillectomy was
performed to rule out malignancy. A review of 30 tonsil-
lectomies with unilateral tonsillar enlargement revealed
20% of the lesions were malignant®. These 20% of patients
were found to have strong associative factors, such as sus-
picious appearance of the tonsil, cervical lymphadenopa-
thy, constitutional symptoms and a strong family history
of malignancy®. However, in the absence of sinister find-
ings, unilateral tonsillar hypertrophy may just be an illu-
sion created by the existing differences in the depth of the
tonsillar beds, especially in paediatric patients”. Most pa-
tients with LAP will present with a sore throat, dyspha-
gia, odynophagia or globus sensationV). This patient pre-
sented with snoring, which was atypical for tonsillar LAP.
This may be attributed to the uniqueness of this case, possi-
bly due to a higher degree of obstruction caused by bilateral

Fig. 4. A. The polyp composed of proliferation of lymphatic vascular channels within the fibrous stroma (x100 magnification). B. The lym-
phatic vascular channels are stuffed with lymphocytes and thus more difficult to identify (x400 magnification). C. CD31 highlights
the endothelium of the lymphatic vascular channels (x400 magnification). D. A predominantly T-cell (CD3) immunophenotype of
the intralymphatic vascular lymphocytes (x400 magnification) 421
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disease rather than the more common unilateral tonsillar
LAP. The exact aetiopathogenesis of LAP is debatable, but
the presentation of this case may fit the theory of chron-
ic inflammation and lymphatic channel obstruction lead-
ing to chronic tonsillitis"®!V. This is due to the presence of
mildly erythematous palatoglossal arches and jugular digas-
tric lymph nodes and the histopathological confirmation.
Microscopically, there were multiple lymphoid follicles and
a prominent germinal centre covered with stratified squa-
mous epithelium that showed features of chronic tonsillitis.
LAP can be diagnosed with just routine microscopy and
hematoxylin-eosin staining®. In microscopic examination,
polyps are covered by stratified squamous epithelium with
the presence of lymphatic vascular channel proliferation‘”.
Immunohistochemical staining is not necessary for the di-
agnosis of LAP®. However, endothelial origin of the vascu-
lar proliferation can be highlighted using factor VIII related
antigens, such as CD31. Proper history taking and clinical
examinations are important to diagnose tonsillar LAP, and
the definitive diagnosis will be confirmed after the HPE re-
port. To date, there are no reported cases of post-operative
recurrence of tonsillar LAP, or malignant transformation.
Therefore, a complete surgical excision via tonsillectomy in
cases of tonsillar LAP can be regarded as both diagnostic
and therapeutic.

CONCLUSION

The true statistics of LAP are unavailable due to the lack of
uniformity in terms of histologic nomenclatures and classi-
fication. Tonsillar LAP should be managed similarly to cases
of unilateral tonsillar hypertrophy. Complete surgical exci-
sion via tonsillectomy should always be carried out when-
ever a suspicion of malignancy arises.
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