
Wepresenta case ofpainfulosseous sarcoidinvoMngthetibiae
bilaterally.Lesionswereinitiallyfoundon piSinraolographsand
ona Â°@â€˜rc-MDPbonescan.Thepatientwasalsofoundto have
CNS involvementof sarcoidosisinthe form of diabetes inalpidus
andpanhypopituitarism.CNSlesionsweredemonstratedonCT
andMRimages.
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CASE REPORT

A 51-yr-oldblackfemalewitha historyof pulmonarysarcoid
osis, noninsulin dependent diabetes mellitus, hypertension and
goutwas admittedto thehospitalwithdepression,anorexia,mal
aise and left knee pain. The knee pain had worsened over several
weeks preceding admission. There were no aggravating or allevi
ating factors relating to the knee pain. The patient had been
diagnosedwith sarcoidosis 18yr earlier when hilar adenopathy
was foundon a routinechestradiograph.Thepatientwas treated
with corticosteroids approximately 1 yr after diagnosis, but this
was discontinuedafter 1 mo due to marked glucose instability.
Transbronchialbiopsyconfirmednoncaseatinggranulomascon
sistent with sarcoidosis. She had not been treated with cortico
steroids since that time as her disease was considered inactive.

Her physicalexaminationwas unremarkableandshowedno
evidenceof iritis,pulmonalysymptoms,pericardialsymptomsor
skin lesions suggestingactivity of her sarcoidosis.On the third
hospitalday, the patientdevelopeda temperaturespiketo 39Â°and
complainedof worseningleft knee discomfort.Aspirationof a
tracekneeeffusiondemonstrated500WBC/mm@,59%PMNs,no
ciystals and no bacterialgrowth.Plainradiographsof both knees
demonstrated a 2.5 cm ovoid lytic lesion in the left tibial shaft
(Fig. 1A)and a 2 cmovoidlyticlesionin the righttibialshaft(Fig.
1B).Thelesionswerefelt tobesuspicionsfor metastaticdisease.
A @â€œFc-MDPbone scan was performedwhich demonstrated
multiplefocalareasof intensetraceruptakeinbothlowerextrem
itiesdistalto theknees(Fig.2).

A bone biopsyof the left tibiaandleft patellademonstrated
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FiGURE 1. @A)Mteroposteriorvisw of the left knee and tibia
reveals a 2.5-cm ovoid lytic lesion in the anterolateraJcortex of the
left tbal shaftand lucentzone in med@aIhalf of left patella.(B) A
2-cm ovoid tytic lesion in the anterior cortex of proximal nght tibial
shaft.

noncaseatinggranulomas consistent with sarcoid. AFB stains
were negative,as was a serum protein electrophoresisto detect
myeloma.Thepatientwas placedon high-dosesteroidsandim
provement in her bone pain occurred over the next 24 hr.

Shortlythereafter,the patientdevelopedepisodesof psychosis
with notable polyuria and polydipsia. Subsequent CF and MRI
revealeda 1-cmhypothalamicmassandrightfrontalpialenhance
ment(Fig. 3). Diabetesinsipidusandpanhypopituitaryfunction
wassupportedbyserumandurinestudiesandlowTSH,FSHand
LH, respectively. Subsequently, the patient was transferred to a
long-termcare facilitywhereshe died after2 mo. Her interval
clinicalcourse at that facilityis unknown.

DISCUSSION

The frequency of bone lesions in sarcoidosis varies from
1%to 13%(1). It is most often seen in the short tubular
bones of the hands and feet (1,2), but has been reported in
the spine (3), sternum (4), calvarium, pelvis (5), ribs (2),
nasal bones (2), tibia and femur (6,7). Bone pain is present
in approximatelyone half of patients (8). Soft-tissue swell
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FIGURE2. Technetium-99m-MDPdelayedimages.(A)AnteriorImage.(B)PosteriorImage.(C)Lateralviewofthelowerextremftles
showingmultipleareasof ina@easedtraceraccumulation.

ing and skin lesions can also occur in conjunction with
osseous sarcoid lesions (6, 7).

The radiographicfindings of the bone lesions are non
specific and often biopsy is necessaiy for definitive diag
nosis. The roentgenogramsmay show a lytic lesion (3) with
periosteal reaction (7), expansile cyst-like lesions (6) and
reticular,lace-like permeative changes (9). The differential
diagnosis includes metastatic lesions, lymphoma, infec
tious processes including tuberculosis, bone infarctions
and Paget's disease (3,10). One author also suggested in
clusion of eosinophiic granulomasin the diagnosis (4).

Radioisotope scanning with @Tcdiphosphonate com
pounds has been suggested to be more sensitive than plain
radiographsin detecting skeletal involvement (9). Ourfind
ings support this, as more extensive and numerous lesions
were apparent on the bone scan when compared to the

FIGURE 3. CT scanoftheheadwithiv. contrast.Anill-defined
enhancingmass in the suprasellarcisternis consistentwith CNS
sarcoidoals.

radiographs.There has been, however, a report of a child
with lytic lesions in the femurand tibiawho had a negative
bone scan (11). Comparative studies with gaffium imaging
were not available on that patient or ours. Increased sen
sitivity of diphosphonate bone scanning compared to gal
lium scanning in the detection of osseous sarcoidosis has
been described (9).

CNS involvement with sarcoidosis occurs in approxi
mately 5%of patients (12). The cranialnerves, leptomen
inges, hypothalamus and, less frequently, the cerebral
hemispheres, cerebellum and brain stem are generally af
fected (13). CNS involvement usually occurs in the early
phase of the disease, in contrast to peripheral nervous
system and skeletal muscle involvement which accompa
flies chronic sarcoidosis (12). Pituitary hypofunction is see
ondary to sarcoid (14). Presentation varies from optic
nerve compromise to deficiency of one or more pituitaiy
hormones. Sarcoid involvement of the hypothalamus has
also been well descnl,ed by demonstrating pituitary re
sponsiveness to hypothalamic releasing hormones (15).
RecentliteraturesupportsMIIIwithcontrastenhancement
as the most sensitive method of detecting CNS lesions
(16). Contrast-enhanced CT has been reported to demon
stratediffusemeningealinvolvement not seen on MRI(17).

The response ofneurosarcoidosis to steroids therapyhas
been variable (18,19). Radiotherapyhas also been used in
CNS sarcoidosis. One author reports progressive CNS sar
coid which responded to CNS radiation after a poor re
sponse to steroid therapy (20,21). Cyclosporine has also
been used in a case of CNS sarcoid when the side effects of
prednisone had become intolerable (22). Although bone
pain responded rapidly to steroid therapy, our patient dem
onstrated symptoms of hormone deficiency which neces
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sitated replacement. Although serum angiotensin convert
ing enzyme levels reportedly have not been helpful
predictors of CNS response to steroids in the absence of
pulmonary involvement, @SFACE levels have been
shown to be useful in monitoringCNS sarcoid (23,24).

This complex presentation of a patient with osseous
sarcoidosis and CNS involvement demonstrates the multi
system natureof sarcoidosis. We feel biopsy is warranted
in a patient with lyric lesions in the long bones who is at
risk for sarcoidosis. It should be remembered that the
osseous and CNS manifestations of sarcoidosis may occur
without overt or severe pulmonarydisease.
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