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Abstract

Osseous choristoma of the tongue is a rare condition characterized by the appearance
of exophytic mature bone tissue in an ectopic site, mostly on the dorsal surface of the tongue.
In this study we present a case with lingual osseous choristoma in an 11-year-old girl, treated
surgically under local anesthesia. After the treatment, the patient was symptom free, and
follow-up showed no recurrence.
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Introduction

Choristomas are defined as tumor-like conditions or growth of normal, matured
tissues, located in regions in which they are not normally found. Oral choristomas are rare
and most often derived from bone and cartilage. The first report on osseous formation of
dorsal surface of the tongue was by Monserrat in 191312 and the term intraoral and lingual
osseous choristoma was introduced in 1971 by Krolls et al. reporting nine cases*?l. Since
then, about 100 cases of lingual osseous choristoma have been documented and published.
Arimoto S. et al. reported that lingual osseous choristoma in pediatric patients below the age
of twelve is extremely rare, consisting of seventeen published cases so farll. It presents as a
well circumscribed lump consisting of lamellar bone covered with squamous epithelium.
Even though few theories are widely accepted for pathogenesis, the etiology of lingual
osseous choristoma is still unknown. While the exact etiopathogenesis remains debatable, we
are presenting a case of this rare entity.

Case description

An 11-year-old girl was referred to the Clinic for Maxillofacial Surgery complaining
on a lump, located in the posterior 1/3 of the tongue in front of papillae circumvallate on the
left side, with no symptoms, except occasional swallowing discomfort felt lately (Figure 1).

Her parents reported that she had noticed the asymptomatic node more than three
years ago. Physical examination revealed adherent sessile mass of the dorsal aspect of the
tongue covered with smooth mucosa, measuring 7-8 mm. It was firm on palpation, painless,
suggesting an initial diagnosis of a benign formation._Surgical excision, actually excisional
biopsy, was performed under local anesthesia and a solid circumscribed tumor was removed.

104



Panchevski G. et al. Osseous choristoma of the tongue: a case report

Fig. 1. Clinical appearance of tumor
of the posterior dorsum of the tongue

The specimen was histologically analyzed. The report described a well circumscribed
nodule measuring 7 x 5 x 3 mm, composed of cortical lamellar bone, Haversian canals,
osteocytes, peripheral fibrous tissue lined with normal squamous epithelium (Figure 2).
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Fig. 2. Histological examination: mature lamellar bone with Haversian system,
osteocytes, stratified squamous epithelium (H&E, magnification 50X, 200X)

Diagnosis revealed osseous choristoma. Postoperatively, after 6 months and 3 years
follow-up, the patient was free of symptoms and showed no recurrence.

Discussion

With less than 100 reported cases, lingual osseous choristoma is considered a rare
pathology. Analyzing the age of patients, it ranges from 5 to 89 years, mostly affecting young
patients in the second and third decade of life*>¢l. This lesion has female predilection with a
ratio of almost 2.7:1, and in 2/3 of cases it is located in the posterior tongue region of the
dorsum anterior to papillae circumvallate and foramen cecum. Literature reports cases with
osseous choristomas located in the lateral edge, medium third of the tongue, anterior third and
base of the tongue, according to frequency in that order>*l. Dimensions can vary from 3 mm
to 50 mm in the largest diameter. Lingual choristomas are pedunculated or sessile, covered
with almost normal epithelium, whitish, firm, mostly asymptomatic. In symptomatic cases,
authors reported foreign body sensation and discomfort (68%), dysphagia (28,9%), tongue
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swelling (15%) and in some cases gagging and nausea. Symptoms are related to localization
and size of choristomas in the oral cavity™37],

Considering preoperative diagnosis, CT can be used to clear dilemmas in differential
diagnosis despite infrequent use of imaging (14%)["l. Endoscopic examination can contribute
to determining the appearance, localization, and dimensions of lumps located on the tongue
base and around foramen cecum, while the benefit of ultrasound is limited.

Differential diagnosis of lingual osseous choristoma includes benign tumors,
hamartomas, pyogenic granuloma, lingual thyroid, malignant tumor and should be based on
appearance, consistency, and some of them are more frequent on certain locations(®®-1%l,
Definitive diagnosis is confirmed with histopathological examination, where typical findings
include mature bone, Haversian canals, osteocytes, stratified squamous epithelium(,

There are several most frequently used theories to explain pathogenesis. One is the
theory of developmental malformation related to fusion of the first and third branchial arches
from which anterior two and posterior third of the tongue originate. The second theory says
that traumatic irritation and inflammation as a reactive center of ossification are reasonable to
be used for explaining choristomas on the lateral tongue. The third theory suggests that the
mass is due to calcification of remnant undescended thyroid tissue, trying to explain the more
frequent appearance around foramen cecum. Appearance on other locations and presence of
mature bone, not calcification, is not in favor of the last two. In our case, the developmental
theory is more plausible, because of the missing chronic irritation or trauma. However,
pathogenesis is still unclearf®l,

The treatment of choice is a surgical excision under local or general anesthesia
depending on clinical judgement, considering tumor localization and patient age. There are
two reported recurrences for osseous choristoma, one of a buccal soft tissue presented by
Long (1991) and another one of the masseter muscle described by Dalkiz (2001)%71, Until
now, there is no reported recurrence or malignant transformation for lingual osseous choristoma.

Conclusion

Lingual osseous choristoma can be treated successfully with surgical excision by oral
and maxillofacial or ENT specialists who are familiar with the complex regional anatomy and
diverse symptoms of oropharyngeal pathology. When evaluating tongue lesion or growth,
surgeons should consider this rare entity in the differential diagnosis.
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