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1. Introduction

The increasing use of sophisticated radiological studies for neurological patients
provides a thorough and ever-growing body of knowledge on lesions in the cra-
niospinal axis.

This statement is particularly true when the diagnostic process is confronted
with rare entities, imposing on both radiologists and pathologists the need to
delve into deeper knowledge about the differential diagnosis of these often inci-
dentally discovered lesions. Our case report on a salivary heterotopia in clivus

adequately illustrates this problem.
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2. Case Report

A previously healthy 57-year-old woman was referred to the Neurosurgery Ser-
vice of our Hospital for the study of a persistent cerebrospinal fluid fistula,
which was iatrogenically triggered by a nasopharyngeal swab for COVID19 di-
agnosis. CT scan revealed in upper clivus a well delimitated lythic lesion mea-
suring 1.5 cm on its maximal diameter (Figure 1(A)). MRI showed an infrasellar
clival process which protruded into cisterna pontis and the sphenoidal sinus,
where an air-fluid level is seen (Figure 1(B)). Surgical repair of the fistula was
indicated, and the lesion was removed followed by muscular dural patch plastia.
The sample submitted for pathological study was an irregularly shaped frag-
ment of greyish tissue with petrous consistency. After decalcification with nitric
acid, the histological picture showed normal salivary tissue into the intraosseous
lesion (Figure 2 and Figure 3). Ki67 immunohistochemistry revealed a very low

proliferative index (<1%). Therefore, a final diagnosis of salivary heterotopia

(choristoma) was established.

Figure 1. (A): Axial CT scan image shows a lytic lesion on the cranial aspect of clivus,
with well-defined and partially sclerosed borders. (B): Sagital T2 enhanced MR image
shows an hyperintense lesion in clivus protruding into the pontine cisterna and the
sphenoidal sinus (asterisks). An air-fluid level (arrows) is observed in the sphenoidal si-
nus.

Figure 2. Pathology: Hematoxilin-eosin histologic picture (x200) showing normal sali-
vary tissue surrounded by osseous tissue.
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Figure 3. Pathology: Hematoxilin-eosin histologic pic-

ture (x400) confirms no abnormality in salivary tissue.

3. Discussion

The presence of normal tissue in ectopic localization is the fundamental crite-
rium for the diagnosis of heterotopic lesions, also called choristomas [1] [2] [3].
These are very rare benign entities usually appearing as a mass lesion detected
clinically or radiologically. They have been described for different tissues, such
as pancreatic choristoma in stomach [4], nasally located neural tissue (glial nasal
heterotopia, nasal glioma) [5], thyroid tissue in tongue (lingual thyroid hetero-
topia) [6] or endometriosis [7].

Salivary heterotopia can present in two forms [8]. The most common one is
intranodal, affecting peri-parotideal lymphatic nodules in babies and toddlers.
Extranodal presentation can be subdivided into two forms. Lower extranodal le-
sions are related to pharingeal pouches and localize on the inferomedial aspect
of the sternocleidomastoid muscle [9] [10] [11]. Cranial extranodal presentation
embraces cases described in mandibles, ear, inner ear, palatine tonsil, mylohyoid
muscle, pituitary gland and pontocerebellar angle [12] [13] [14]. It has to be
stressed that ectopic salivary tissue can harbor abnormalities similar to those in
its orthotopic counterpart, such as metaplasia, cystic transformation or neoplasia
[15] [16].

Our case is a hitherto undescribed localization of salivary heterotopy. Sphe-
noidal involvement cases are localized beneath sella turcica and affect pituitary
gland. To the best of our knowledge, no cases localized in clivus have been re-
ported.

An incidentally discovered lesion in clivus must be differentiated from other
rare entities encountered on this localization. Chondrosarcoma, malignant
neoplasia of cartilaginous lineage [17], chordoma, a locally aggressive tumor of
notochordal origin [18], ectopic hypophysiary adenoma [19], salivary carcinoma
metastases or the very rare ecchordosis physaliphora, a benign congenital lesion
due to notochordal tissue remnants [20], should be borne in mind.

In our case, the benign clinical and radiological presentation and, conclusively,
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the histological picture of a normal salivary gland discard the above-mentioned
primary lesions.

A year after surgery the patient remains asymptomatic and without recur-
rence of the lesion.

Finally, we would like to emphasize the relevance of a close collaboration be-
tween clinicians, radiologists, and pathologists to optimize our healthcare en-

deavor.
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