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Öz
Langerhans hücreli histiyositoz (LHH), çoğunlukla pediatrik hastalarda ortaya çıkar ve yetişkin LHH genelikle multisistem veya multifokal hastalığın 
bir parçası olarak görülen nadir bir hastalıktır. Olguların sadece %7,3’ü tek odaklı kemik lezyonu olarak karşımıza çıkmaktadır.
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Abstract
Langerhans cell histiocytosis (LCH) is a rare disease that occurs mainly in pediatric patients and most adult LCH is considered a part of multisystem 
or multifocal disease. Only 7.3% of cases present as unifocal bone lesion. Herein, we present a case of an isolated scapular lesion of LCH in a 
48-year-old man.
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Figure 1. A 48-year-old man who was diagnosed with ankylosing spondylitis was admitted to a hospital for right shoulder pain. Computed tomography 
(CT) showed no lesions, which may cause the pain at shoulder area (A, transaxial CT image). Six months after his first CT, another CT was performed 
due to progression of his pain and revealed a lytic lesion in the right scapula (arrow in B, transaxial CT image). He was suspected to have scapular 
metastases or primary bone malignancies and was referred to 18F-fluorodeoxyglucose (FDG) positron emission tomography (PET)/CT for further 
investigation. 18F-FDG PET/CT showed 20x8 mm sized intense hypermetabolic [maximum standardized uptake value (SUV

max
): 9.7] lytic lesion in 

the right scapula (arrows in C, coronal PET image; D, coronal fused PET/CT image; E, transaxial PET image; F, transaxial fused PET/CT image; G, 
transaxial CT image) and physiologic 18F-FDG distribution on the rest of the body. Next a bone biopsy was performed. Histopathologic examination 
revealed neoplastic cells with vesicular nuclei, small nucleoli and nuclear grooves that were admixed with inflammatory cells including plasmacytes 
and eosinophils (H). Immunohistochemical examination of the tumor cells showed S100, tangerine and CD1a positivity (I). These findings were 
consistent with diagnosis of langerhans cell histiocytosis (LCH). LCH is a rare disease characterized by abnormal clonal proliferation and accumulation 
of pathological LC. Clinical presentation of LCH varies from isolated benign localization to multisystemic aggressive lesions (1). Although any organ 
can be affected, the most common site of involvement in LCH is skeletal. The accumulation of osteoclast-like multinucleated giant cells causes necrosis 
of the bone and consequently lead to formation of osteolytic lesions. The most common sites of involvement are the skull (27%) and involvement of 
other bones, such as the femur, humerus, spine, ribs and mandible, has also been reported. Isolated bony lesions of LCH are associated with a good 
prognosis and the lesion spontaneously regresses regardless of the type of treatment (2,3,4,5). Therefore, the most important aspect for treating 
LCH is categorizing the case correctly. 18F-FDG PET/CT is superior at detecting new disease sites, recurrence, evaluating response to therapy, and 
distinguishing the metabolically active disease from inactive diseases to conventional imaging modalities (6). The utility of 18F-FDG PET/CT for screening 
and follow-up in patients with LCH has been well established in the literature (7,8,9). LCH exhibits a relatively high SUV on 18F-FDG PET/CT. Although 
the presence of scapular lesion as a part of the disseminated disease has been reported by prior publications, a case of LCH involving only the scapula 
has not been reported previously.


