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Calcifying Tumor of the Pleura:
Case Report and Review of the Literature

Plevranin Kalsifiye Timorii:

Olgu Sunumu ve Literatiirtin Gozden Gegirilmesi

ABSTRACT Calcifying fibrous tumor is a well-circumscribed fibrous lesion usually observed in the
subcutaneous and soft tissue of body, in serous areas, such as pleura, pericardium, peritoneum and
the adrenal glands, lungs, mediastinum. It is characterized by dystrophic calcification inside the
hyalinized fibrotic stroma. In 1996, Pinkard et al, for the first time, presented 3 cases of calcified
fibrous tumor located on pleura. In macroscopic examination, the lesion is white-colored and hard
consistency. In histological examination, spindle cells and multiple dystrophic or psammomatous
calcifications in hyalinized collagenous tissue are observed. Inflammatory lymphoplasmacytoid
cells in fibrous tissue can be seen. In immunohistochemical examination, spindle cells are stained
positive with vimentin. Calcifying fibrous tumor located in the pleura is a rare lesion. Fourteen
cases have been reported in the english literature to date. We present 44 year-old female patient
that ossified mass was detected in the pleura and diagnosed with calcified tumor.
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OZET Kalsifiye fibroz tiimor, genellikle deri altinda, yumusak dokuda, plevra, perikard, periton
gibi seroz alanlarda, adrenal bezlerde, akcigerde ve mediastende goriiliir. Hyalinize fibr6z stroma
i¢inde distrofik kalsifikasyon ile karakterizedir. Ilk kez 1996 yilinda Pinkard ve ark. plevrada yer-
lesmis 3 kalsifiye fibr6z tiimor olgusu yayimlamistir. Makroskopik incelemede lezyon beyaz renkli
ve sert kivamdadir. Histolojik incelemede hyalinize kollajen6z doku iginde igsi hiicreler ve ¢ok
sayida distrofik veya psammomat6z kalsifikasyonlar izlenir. Fibroz doku iginde inflamatuar len-
foplasmositoid hiicreler de goriilebilir. Immiinohistokimyasal incelemede igsi hiicreler vimentin
ile pozitif boyanir. Plevra yerlesimli kalsifiye fibrz timér nadir bir lezyondur. Giintimiize kadar
ingilizce literatiirde 14 olgu bildirilmistir. Plevrada osifiye kitle saptanan ve kalsifiye timor tanist
alan 44 yagsinda kadin hastay1 sunuyoruz.

Anahtar Kelimeler: Fibrozis; plevra; tiimorler
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alcifying fibrous tumor is a well-circumscribed fibrous lesion usually
seen in young people. It is observed in the subcutaneous and soft tis-
sue of body, extremities and neck. Also, it may be observed in serous
areas, such as pleura, pericardium, peritoneum and the adrenal glands,
lungs, mediastinum. It is characterized by dystrophic calcification inside
the hyalinized fibrotic stroma. Calcifying fibrous tumor located in the
pleura is a rare lesion.'* Fourteen cases have been reported in the english
literature. We present 44 year-old female patient that ossified mass was de-
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tected in the pleura and diagnosed with calcified
pleural tumor as a result of pathologic examina-
tion. Informed consent was obtained from the pa-
tient.

I CASE REPORT

The apical-lateral wall thickening of the right lung
was detected in the chest X-ray performed due to
increasing dispnea of 44 year-old woman with
dispnea and chest-back pain (Figure 1a). The tho-
rax CT performed, an ossified mass with an view
that it is associated with chest wall was observed
in the apical-lateral wall of the right lung (Figure
1b and 1d). In the positron emission tomography
(PET), the Standart uptake value (SUV) measure of
the mass was detected as 3.5 (Figure 1c). Video-as-
sisted thoracoscopic surgery was performed. Dur-

ing the operation, it has been observed that, the
mass 4x2.5x0.5 cm in diameter, was located in the
pleura adjacent to second rib, and found to be in-
dependent from the lung parenchyma and the rib.
The mass was totally removed. Post-operative com-
plication was not observed. The patient was dis-
charge on the second postoperative day.

In the pathologic examination of the mass,
sparse spindle cells in the hyalinized connective tis-
sue and laminar psammomatous calcification were
observed (Figure 2). A small number of lympho-
cytes and histiocytes were present in the fibrous
tissue. Fibrous tissue was stained blue color with
Mason trichrome stain (Figure 3). In the immuno-
histochemical staining, spindle cells were positive
with vimentin (Figure 4). It was stained negative
for cytokeratin, CD31, and CD34. The patient was

FIGURE 1: 1a. The apical-lateral wall thickening of the right lung (chest X-ray); 1 b. and 1d. an ossified mass in the apical-lateral wall of the right lung (thorax
CT), 1¢. Maximum Standart uptake value (SUV) measure is 3.5 in positron emission tomography (white arrows).
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FIGURE 2: Sparse spindle cells in the hyalinized connective tissue and lam-
inar psammomatous calcification (Hematoxylin Eosine x200).

FIGURE 3: Fibrous tissue was stained blue color with Mason Trichrome stain
(x200).

FIGURE 4: Positive spindle cells with Vimentin (x200).

diagnosed with these findings as calcified tumor of
the pleura.

I DISCUSSION

Calcifying fibrous tumor has been described for the
first time in 1988 by Rosenthal and Abdul-Karim
with the name of “childhood fibrous tumor with
psammoma bodies” in two pediatric patients.! Five
years later, in 1993, Fetsch et al. have made changes
in naming in their publications on 10 patients due
to this lesion can be seen in the adult age, psam-
mom body is not a condition for the diagnosis, le-
sion is not a real tumor, and suggested the term of
“calcifying fibrous pseudotumor”.? Calcifying fi-
brous tumor is a lesion which is usually seen in
limbs and trunk, including psammomatous and/or
dystrophic calcifications, that hypocellular scle-
rotic tissue is seen. In 1996, Pinkard et al, for the
first time, presented 3 cases of calcified fibrous
tumor located on pleura.® Today, the term of “cal-
cifying tumor of the pleura” (CTP) is used for this
lesion in WHO 2004 classification.* Fourteen CTP
cases have been reported in the english literature
to date. The previously reported cases and our case
were summarized in Table 1.>5%

Non-thoracic calcified fibrous tumors are usu-
ally seen in children and adolescents, the mean age
has been reported as 14.5 years. Pleural cases were
seen in older ages, the mean age is 38.9 years. Our
case was middle-aged in accordance with the litera-
ture. CTP is often asymptomatic and rarely causes
complaints such as chest pain, dry cough. Our pa-
tient was admitted to the hospital with dispne and

14,15

chest-back pain. CTP may be solitary or multiple.

The pathogenesis of CTP remains unclear.
Fetsch et al. thought that CTP was a unique form of
fibrous pseudotumor.? Isaka et al. demonstrated os-
teopontin, a cytokine associated with inflammation
and tissue remodelling, in the spindle cells within
the CTP lessions and they speculated that CPT is
multifocal and recurrent lesion appears during un-
usual inflammatory-reparative processes mediated
by osteopontin expression.!> Van Dorpe et al. re-
ported a seventeen year-old girl with multiple peri-
toneal calcifying fibrous tumors and inflammatory
myofibroblastic tumors and they considered CTP
as a reactive process to inflammation or the end
stage of inflammatory myofibroblastic tumors."
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TABLE 1: Reported calcifying fibrous tumor of the pleura in the english literature and our case.

Case Author [Ref No.] (Year) Age (year) Gender

1 Pinkard and colleagues (1996) 23 Female  Multiple
2 Pinkard and colleagues (1996) 28 Female Two

& Pinkard and colleagues (1996) 34 Male  Solitary
4 Hainaut and colleagues (1999) 29 Female  Multiple
5 Ammar and colleagues (2003) 38 Female  Solitary
6 Jang and colleagues (2004) 31 Female  Solitary
7 Kondo N {2004) 54 Male  Multiple
8 Kawahara and colleagues (2005) 35 Female  Multiple
9 Mito and colleagues {2005) 54 Male  Two

10 Shibata and colleaques (2008) 54 Female  Multiple
11 Suh and colleagues (2008) 35 Male  Multiple
12 Isaka and colleagues (2011) 40 Male  Multiple
13 Jiang and colleagues (2011) 44 Female  Multiple
14 Agdackiran and collaques (2012) 40 Male Multiple
15 Present case 44 Female  Solitary

Medical Pathology
Number of Tumors Operation Immunostaining positive  Follow-Up
Local resection = 9 mounths
Local resection — 12 mounths
Local resection — —
Incomplete resection — —
Local resection Cytokeratin, vimentin 9 mounths
Local resection Vimentin, CD34 12 months
Right side resection — —
Local extirpation Vimentin, factor Xllla —
Local resection Vimentin, CD34, factor Xllla —
Incomplete resection  Vimentin 4 months
Complete resection  _ 16 months
Complete resection  Vimentin, Osteopontin 28 months
Complete resection  _ 12 months
Complete resection ~ Vimentin o
Complete resection  Vimentin 6 months

In macroscopic examination, the lesion is
white-colored and hard consistency. In histological
examination, spindle cells and multiple dystrophic
or psammomatous calcifications in hyalinized col-
lagenous tissue are observed. Inflammatory lym-
phoplasmacytoid cells in fibrous tissue can be
seen.'”

In immunohistochemical examination, the
different staining properties are reported in differ-
ent studies. Shibata et al reported that spindle cells
were positive only for vimentin.'® In four previ-
ously reported cases, keratin, CD34 and factorVIII
was positive in spindle cells as well as vimentin.®*®
In our case, like Shibata spindle cells were positive
only for vimentin and negative for cytokeratin,
CD31, and CD34. It is believed that, the cause of
this difference is the heterogeneity of the lesion.'®!*

In the differential diagnosis, solitary fibrous
tumor, chronic fibrous pleuritis, calcified fibrous
plaque are the lesions that should be kept in mind.
CD34 and bcl-2 positivity in solitary fibrous tumors
is the aid in the differential diagnosis. Prominent
chronic inflammatory infiltration, zonation and
vertical vein structures are observed in chronic fi-
brous pleuritis. Calcified pleural plaque is smooth
and ivory white, consisting of uniform and inten-
sive-layered collagen fibers in parallel alignment or
interweaving reticulum.

The only treatment of CTP, which is slow-
growing benign lesion, is complete excision. The
recurrence or distant metastasis was not docu-
mented so far."* Since CTP has been reported in re-
cent years and is extremely rare, the new cases are
important to clarify prognosis of this lesion.
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