Granuloma of the labial minor salivary glands in tuberculosis
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Abstract

Minor salivary gland granuloma is rare in tuberculosis. We present a case of labial minor salivary gland granulomas

occurring in the course of tuberculosis along with skin, mediastinal and liver granulomas. The patient (46-year-old
man) presented with asthenia, nocturne transpiration, weight loss and compressive thoracic adenopathies.
The angiotensin | converting enzyme was elevated as well as calcemia. The QuantiFERON test and culture of
a mediastinal specimen were positive for Mycobacterium tuberculosis. Multinucleated-cell-granulomas (focally
with necrosis) were identified on skin, mediastinal, liver and minor salivary gland biopsies. Kidney biopsy was
suggestive of IgA-glomerulonephritis. Treatment (isoniazid, rifampicin, ethambutol and moxifloxacin) was
started and corticoids 15 days afterward. At 1 year, the patient had recovered. In conclusion, a case of labial
minor salivary gland granulomas occurring in the course of tuberculosis is reported. Tuberculosis should be
included in the differential diagnoses of labial minor salivary gland granulomas as treatments may be more
complex than those for other granulomas including sarcoidosis.
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INTRODUCTION

Labial/minor salivary gland granulomas occur more frequently
in the context of sarcoidosis. However, in a recent seties
coming from France, epithelioid and giant cell granulomas
were found in the labial salivary glands of 7 out of 65 patients
with tuberculosis. In all cases, there were no labial or salivary
gland abnormality. The main feature was microscopic,
consisting in the lack of caseating necrosis in all the studied
biopsies. The favorable response to antituberculosis treatment
allowed to rule out an associated sarcoidosis.”

Here, we present a case of labial minor salivary gland
granulomas occurring in the course of tuberculosis along
with skin, mediastinal and liver granulomas.
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CASE REPORT

A 46-year-old man presented with asthenia, nocturnal
transpiration, weight loss (17 kg/3-months), dysphagia and
compressive thoracic adenopathies (absent on the initial
radiography and present on the computed tomography-scan
3-month afterward). Blood tests showed hepatic cytolysis
and cholestasis. Serologies were negative for C-hepatits,
HIV, Epstein—Barr, Parvo, HHVS viruses and for
bilharzias and leishmania. The serum angiotensin I
converting enzyme (ACE) was elevated (88, normal
value <68 IU/L) as well as calcemia, creatininemia
and uremia. The QuantiFERON test and culture of
a mediastinal compressive adenopathy specimen were
positive for Mycobacterium tuberculosis. Granulomas were
noted on the skin, mediastinal (with significant necrosis)
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and liver and minor salivary gland biopsies. Kidney biopsy
was suggestive of IgA-glomerulonephritis. Treatment
with isoniazid, rifampicin, ethambutol and moxifloxacin
was started. Corticoids were added 15 days afterward.
A labial minor salivary gland biopsy was made due to
persistent hypercalcemia at 14 days after the beginning
of antituberculosis treatment. The glandular lobules
showed foci of lymphocytic infiltrate with several
polymorphonuclear neutrophils and several epithelioid
and giant cell granulomas, some pericanalar with
edematous and incipient necrosis [Figure 1a and b]. The
Ziehl-Neelsen stain did not show acid-alcohol-resistant
bacilli (AARB). At 26 days after the beginning of the
treatment, the patient showed no clinical complaints and
calcemia was normal; at 1 year, the patient had recovered.

DISCUSSION

Here, we present a rare case of labial minor salivary gland
granuloma occurring in the initial course of tuberculosis.
Salivary gland tuberculosis has been reported in major
salivary glands such as parotid and submandibular glands
as well as in minor salivary glands.** The main differential
diagnosis, both clinical and histological, in adults is
sarcoidosis. A cytological examination may be useless
since features of granulomas are nonspecific although
polymorphonuclear leukocytes may be observed.P! The
histological diagnosis may also be rendered difficult by
the lack of necrosis and by the absence of AARB on the
Ziehl-Neelsen-stained tissue section. However, necrosis is
reported to lack in minor salivary gland granulomas from
patients with tuberculosis, isolated, or supposed associated
to sarcoidosis.>*7!

One may question if the two diseases, tuberculosis and
sarcoidosis, coexisted in the patient we report. This is
suggested by reported data stating that minor salivary gland
granulomas do not occur in tuberculosis and that in those rare
cases of minor salivary gland granulomas the two diseases
could have been in fact associated.!" Skin granulomas are

unusual in tuberculosis, however reported.” Elevated ACE

Figure 1: (a) The salivary gland lobules showed epithelioid and
multinucleated giant cell granulomas (H&E, x40) (b) Focal necrosis
was observed (H&E, x40)

may occur in both affections. Moreover, IgA-nephritis, as
seen in the present case, may be associated with elevated
ACE.P®! We did not identify sarcoidosis-specific cellular
inclusions or Schaumann bodies. Motreover, normalization
of calcemia after beginning of treatment might favor
the hypothesis of tuberculosis-related granuloma rather
than sarcoidosis-related granuloma. Hypercalcemia
associated to multiorgan granulomas may explain clinical
renal complaints. In the case we report, there was no
granulomatous nephritis but IgA-glomerulonephritis,
such an association being already reported not only in
sarcoidosis but also in two patients with pleuropulmonary
tuberculosis.” !

In conclusion, labial minor salivary gland granulomas
may occur in the course of tuberculosis with mediastinal,
liver and skin localizations. Associated sarcoidosis cannot
completely be ruled out although of limited clinical
relevance as suggested by the posttreatment resolutive
evolution of disease in the presented case.
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