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ABSTRACT: A 54-years-old woman suffered from a bilateral pelvic and lumbar pain. She had a systemic investigation shows a diffuse bone
lesions. A biopsy of iliac bone was done and revealed sarcoidosis. Bony manifestations of sarcoidosis are rare and challenging to diagnose.
Our report shows that MRI with diffusion weighted sequences is a simple and non invasive technique to evaluate bone infiltration. It helps to
distinguish inflammatory disease from metastatic lesions and to guide the osseous biopsy. Moreover, fluorodeoxyglucose PET scan, are useful

in establishing the extent of damage and measuring disease activity.
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Introduction
Our case is about a patient who was diagnosed with sacroiliac
involvement of osseous sarcoidosis, which had some similarities
with myeloma or metastases, rejected by immunohistochemistry.
The treatment of bone manifestations of sarcoidosis is not
specific. Some cures of moderate doses of corticosteroids or
hydroxychloroquine have been used in most cases.
In the other hand, other patients have benefited from
immunosuppressive treatment, especially methotrexate, with a
good response and no recurrence of symptoms.

Case Presentation

Fifty-four years old female, without any medical history, suf-
tered from a bilateral mechanical and inflammatory pelvic and
lumbar pain, developing since the last 2years. Firstly, lumbar
arthritis or ankylosing spondylitis were suspected.

The patient was treated with non-steroidal anti-inflammatory
drugs, with minor improvement but persistence of the symptoms.

The clinical evolution resulted on a profound asthenia
which also suggested tuberculosis given the high incidence on
local context.

Biological tests results showed a normal C-Reactive-
Protein, without hyperleukocytosis, which excluded an inflam-
matory syndrome. Sputum samples analysis to identify
mycobacterium tuberculosis complex has been done, and com-
pleted by an RT-PCR which were negative.

On the first line of investigation, a CBC test, Protein elec-
trophoresis, vitamin D dosage, and serology were done without

abnormality.

On the second line of investigation, since lumbar pain has
not resolved by the treatment, imaging was carried out.

A whole body computerized tomography (CT)-scan showed
para aortic and retro peritoneal lymphadenopathy with no other
abnormalities (Figure 1) suggesting a secondary lymphatic node
localization or lymphoma. A 18F-fludeoxyglucose positron-
emission tomography showed a nodular uptake in adenopathy
and a diffuse non-specific uptake in iliac bone (Figure 2).

In the other hand, magnetic resonance imaging (MRI)
showed a pelvic bone lesions in T1 contrast sequence and dif-
fusion perfectly correlated to the bone uptake zones which
were accessible to osseous biopsy (Figure 3).

The histological results revealed the presence of intense
lymphoid infiltrates, possibly of a reactive nature, associated
with a few epithelioid cells without caseous necrosis compati-
ble with a granulomatous lesion (Figure 4).

The treatment decision was a long-term systemic corticos-
teroids (prednisone) combined with an adjuvant treatment
based on vitamin D and calcium with biological supervision. A
6-month treatment has been initiated, it is still in progress. A
spectacular recovery was noted within the first month.

Discussion

Sarcoidosis is a multisystemic inflammatory disease without a
clear causal etiology, it characterized by the presence of epithe-
lioid and giganto-cellular granulomas without caseous necrosis.
This disease frequently appears as tracheobronchial axis-paral-
lel hilar lymphadenopathy associated with interstitial lung
involvement that may lead to pulmonary fibrosis.?!
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Figure 1. (A) Voluminous para aortic and retro peritoneum lymphadenopathy

a biopsy.

Figure 2. 18F-fludeoxyglucose positron-emission tomography: (A) Uptake in adenopathy (arrow), (B) diffuse and non-specific uptake on iliac bone

(arrowhead).

Bony involvement is uncommon,!

small bones such as the phalanges of the hands and feet, it is
observed in 5% to 7% of patients with sarcoidosis. This locali-
zation is common in black-skinned people and women aged 30

mostly affects peripheral

to 50years with chronic multisystemic disease activity. These
skeletal manifestations of the disease, may be unilateral or
bilateral and usually asymmetrical.>? However, in some studies,
it may affect axial skeleton, skull, long bones, and ribs.3

The pelvic form as in our case is not classical and tends to
be similar to inflammatory sacroiliitis secondary to spondy-
loarthropathy or infectious sacroiliitis (favored by long-term
corticosteroid therapy). In the literature, bone sarcoidosis and
inflammatory sacroiliitis might be associated in young patients.
But in our study, the patient age did not allowing us to evoke
spondylarthropathy.*-¢

In axial forms of bone sarcoidosis, sclerotic lesions are the
most common, may be confused with metastases.” In a study by
Zhou et al,® the spine and pelvis were the site of sarcoid bone
lesions in 68.8% and 35.9% of cases, respectively.

Sarcoidosis bone lesions in the area of the hands are found
in 15% of cases and sometimes give a “moth-eaten” appearance
with soft tissue swelling.??

Clinically, pain is mostly seen in skeletal sarcoidosis and
may be the initial sign of the disease,® it can be moderate or
disabling.” The spinal location may result in neurological
symptomatology in most cases. However, some authors have
stated that bone damage may be asymptomatic. On the other
hand, bone symptoms may identify sites for an imaging guided
biopsy.®

Targeted biopsy is the key to diagnosis bone sarcoidosis.
Imaging, while insensitive and non-specific, is often helpful for
guiding the biopsy. Positron emission tomography (PET) with
18F-fludeoxyglucose is proposed as a valuable method for the
detection of bony manifestations that cannot be visualized by
radiography or CT scan.'®1! It is difficult to differentiate
lesions of disseminated (or solid) sarcoidosis from metastases
or other malignant infiltration such as myeloma. Indeed, some
authors have described that false positives of bone metastases
can be mimicked by multifocal sarcoidosis on 18F-FDG PET/
CT,121# due to granulomatous bone marrow infiltration which
may show 18F-FDG uptake.1>16

MRI is very useful and it can be performed as a second line of
diagnosis when CT and PET scans are non-conclusive. In our
case, the diffusion sequence was able to highlight target lesions
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Figure 3. (A and B) T1 contrast sequence with fat suppression: multiple polymorphic lesions of the pelvic bone structure, involving the iliac spine (arrow)
and sacroiliac joint (arrowhead). The cortical bone is continuous, suggesting a benign, granulomatous origin. (C and D) Diffusion weighted sequence
shows their active character on the iliac bone (arrow) and sacroiliac joint (arrowhead).
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Figure 4. Few epithelioid cells (arrow) (A) associated with granuloma and lymphoid cells (arrowhead) (B).

for bone biopsy (right iliac wing), the value of diffusion sequence
was demonstrated in such cases of difficult diagnosis.’” Indeed, it
is used to evaluate the average microscopic movements of water
in tissues at the millimeter scale of MR images. Thus, the hyper-
cellular zones present a restriction of the diffusion of water mol-
ecules with a hypersignal on the MRI images.!®

In our study, MRI shows a continuous cortical bone sug-
gesting a benign granulomatous origin but we were unable to
make a formal decision on benign or malignant nature of the
bone lesions. This is why a biopsy was performed on an active
hypercellular area of the right iliac wing, as its presented a

diffusion restriction with a high signal on the T'1 with contrast
injection sequence.

Regarding the therapeutic management, no consensus
exists on the treatment of bone sarcoidosis. Although
asymptomatic subjects do not seem to need treatment.!’
Since bone involvement is often a sign of a multisystemic
disease, many patients will be treated for other organ mani-
festations. Zhou et al® described that the majority of patients
with bone sarcoidosis had associated organic lesions, as in
our case, where lymph node involvement was observed.
Therefore, 79.7% of patients in his series were users of
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prednisone at doses ranging from 20 to 40mg daily to
<10 mg daily. Corticosteroids are however given as first line
therapy for bone sarcoidosis, but such therapy is often lim-
ited by adverse events.

Methotrexate, was considered to be useful for organic
manifestations,!” and may prevent a recurrence of symptoms.
Tumor necrosis factor inhibitors are also used for other sys-
temic manifestations of sarcoidosis as described in an earlier
case report.?? In rare cases, temporary treatment with mod-
erate-dose corticosteroids or hydroxychloroquine have been
most commonly used.”

Conclusion

Bone sarcoidosis is still an unusual diagnosis and is more com-
mon in women. Musculoskeletal lesions are usually associated
with a multi-systemic condition, as in our case with extra-tho-
racic lymph nodes.

Biopsy is considered the key examination, but diffusion MRI
has proven to be a non-invasive and radiation-free technique,
useful for the evaluation of bone infiltration to distinguish
inflammatory bone marrow disease from metastatic disease. It is
overcoming the limitations of 18F-FDG PET/CT.

Infliximab plays an important role in the treatment of resist-
ant forms of bone sarcoidosis and is often administered as first
or second line therapy.
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