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Xanthogranulomatous Appendicitis - An Unusual Presentation
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Abstract

Xanthogranulomatous inflammation is an uncommon entity. It has been described in various organs particularly in kidney and

gall bladder, but it is rarely reported in appendix.

The present study report a case of Xanthogranulomatous appendicitis found incidentally in an appendicular lump in interval

appendicectomy. The patient was admitted for three times. Intra operatively, there was presence of an ileocaecal lump with multiple

mesenteric lymph nodes and serositis. As caecal cancer cannot be excluded, right hemicolectomy was performed. Microscopically,

there was presence of dense chronic inflammatory infiltrate in the submucosa, muscularis propria and serosa of appendix comprising

of lymphocytes, plasma cells and sheets of foamy histiocytes and few foreign body giant cells. Histiocytic nature of foamy cells was

confirmed cytochemically and immunohistochemically.

It is important to diagnose Xanthogranulomatous appendicitis, as it might be associated to intestinal inflammatory diseases or

may mimic a locally advanced cancer but has a surgical cure.
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Introduction

Xanthogranulomatous inflammation is an uncommon entity.
It has been described in various organs particularly in kidney
[1] and gall bladder [2] but it is rarely reported in appendix. It
can masquerade other diseases like cancer which may cause
patient to undergo radical surgery [3]. The present study report
a case of Xanthogranulomatous appendicitis found incidentally
in an appendicular lump in interval appendectomy. The patient
followed a chronic course with three times admission and showed
that it is not possible to monitor it on a conservative treatment.
XG responses may be associated with long-standing inflammation
and mass formation. Also, it is a rare form of chronic appendicitis
which may mimic other fulminant diseases, so before doing a
radical surgery this differential diagnosis must be kept in mind. So
we are reporting this case due to its rarity along with small review

of literature.

Case Report

48 years male presented with a history of fever and pain in right
iliac fossa for 15 days. There was no significant personal and past
history. On palpation, there was a tender lump present in right
iliac region. Her hemogram showed leucocytosis (16 X 10° pL).
Ultrasonography abdomen revealed a dilated, non-compressible
appendix suggestive of appendicitis, and adherent bowel loops. At
that time, he was treated conservatively, and no antibiotic cover

was given due to his refusal to treatment.

He was then discharged after symptomatic treatment. He
was admitted for second time after 10 days with complaints of
pain abdomen. At that time laprotomy was done which revealed
presence of abscess and bowel adhesions. Abscess was drained and
abdomen was then closed. He was then again discharged. He was

again readmitted with similar complaints after 15 days. Further
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investigations were asked for. On CT scan abdomen, thickening
of caecum and part of ascending colon, matted bowel loops and
free fluid in abdomen with septations were noted. Per operatively
there was presence of an ileocaecal lump with multiple mesenteric
lymph nodes and serositis. As caecal cancer cannot be excluded,
right hemicolectomy was performed. Grossly, an appendicular
mass was received with adherent ileum, caecum and colon. Serosa
of appendix was dull with presence of dense adhesions. On cutting,
lumen showed presence of fecolith. The wall of appendix was
thickened measuring 0.8 cm at its maximum. No growth identified.
Serosa of adherent ileum, caecum and colon showed presence of

exudate and congestion.

On microscopic examination, appendiceal mucosa was partially
ulcerated. There was presence of dense chronic inflammatory
infiltrate in the submucosa, muscularis propria and serosa
comprising of lymphocytes, plasma cells and sheets of foamy
histiocytes and few foreign body giant cells. These foamy
histiocytes or xanthoma cells were polygonal in shape with
abundant clear, vacuolated cytoplasm and central nucleus. Peri-
appendicular region showed vascular congestion and chronic
inflammatory infiltrate along with few xanthoma cells (Figure 1).
Immunohistochemically, CD68 positivity proved the histiocytic
nature of these xanthoma cells (Figure 2). No Michaelis-Gutmann
bodies were seen in sections stained with PAS and Von Kossa.
Sections taken from ileum, caecum and colon showed non-specific
chronic inflammation and serositis. The mesenteric lymph node
resected showed reactive pathology. There was no evidence of
granulomas elsewhere and no evidence of malignancy seen on

multiple sections taken.

Figure 1: Xanthoma cells in the appendicular wall (H/E, 400X).
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Figure 2: CD68 positivity in xanthoma cells (400X).

Discussion

Xanthogranulomatous inflammation is a rare type of chronic
inflammation and has been reported in a number of organs,
though rarely like in kidney [1], gall bladder [2], urinary bladder
[3], thyroid [4], endometrium [5], adrenals [6], and fallopian tube
[7]. There are very few reports of its occurrence in the appendix.

Cozzuto and Cabone in 1998 were the first to describe briefly
the xanthogranulomatous process in appendix [8]. Birch., et al.
reported 2 cases in 1993, both had fibrotic appendix with presence
of chronic inflammation including foamy histiocytes in the wall
[9]. One case showed presence of foamy histiocytes in the peri-

appendicular region also similar to the present case.

Most cases reported were of adult age group, similar to the
present case, only few reports have been found involving pediatric

age group like Rawabdeh., et al [10] and Jusoh., et al [11].

McVey also reported similar case in 1994 in a 40 year old
lady who had many granulomas including foamy cells in the
wall of appendix [12]. Similar to the present case, Munichor, et
al. in 2000, studied immunohistochemically as well as electron
microscopically a case of xanthogranulomatous appendicitis [13].
CD 68 positivity confirmed the histiocytic nature of the xanthoma
cells and electron microscopy showed the presence of electron

lucent variably sized lipid droplets in these cells.

in 2003 described about 8 cases of

xanthogranulomatous appendicitis in their study of 22 cases of

Guo., et al

intervalappendectomy specimens of chronic appendicitis [14]. Two

recent reports in 2005 and 2011 have been described by Chuang,,
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et al [3] and Martinez Garza., et al. [15] respectively. Former case
had findings similar to the present case, as it also mimicked caecal
cancer but was proved pathologically as xanthogranulomatous

appendicitis.

the

xanthogranulomatous inflammation have been proposed including

Various pathogenetic mechanisms responsible for
defective lipid transport, immunological disorders, infection by
low virulence organisms, reaction to specific infectious agent and
lymphatic obstruction [16]. Cozutto and Carbone [8] suggested the
role of abscess formation in its causation and McVey [12] suggested
its association with a long standing or recurrent inflammatory

process.

Many recent studies have emphasized on its diagnostic
importance like Maj singh., et al [17] and Omer, et al. [18] who
described this entity as a rare histological variant of chronic
appendicitis. Jusoh., et al. [11] also described a case having
Xanthogranulomatous lesion in recurrent appendicitis, similar
presentation as in the present case who underwent interval

appendectomy.

Conclusion

Xanthogranulomatous inflammation is an uncommon entity.
Whatever is the cause, ischemia, chronic obstruction and mucosal
ulcerations play an important role in the development of this type
of inflammation. Its diagnosis is based on histopathology and it is
important to diagnose it as it might be associated to other intestinal
inflammatory diseases or cancer but has a surgical cure. Thus, the
invasive nature of XA mimicking a locally advanced malignancy
may lead to a radical surgery, especially in cases with long clinical
course. In addition, pathologists should be primed regarding the
case for preventing misinterpretation, such as Crohn’s disease,

owing to their histological similarity.

Bibliography

1. Parsons MA, et al. “Xanthogranulomatous pyelonephritis:
a pathological clinical and aetiological analysis of 87 cases”.
Diagnosis Histopathology 6 (1983): 203-219.

2. Roberts KM and Parsons MA.
cholecystitis : clinicopathological study of 13 cases”. Journal of
Clinical Pathology 40.4 (1987): 412-417.

"Xanthogranulomatous

10.

11.

12.

13.

14.

15.

32
Chuang YF, et al. “Xanthogranulomatous appendicitis”. Journal
of the Formosan Medical Association 104.10 (2005): 752-754.

Alexander CB,, et al. “Black thyroid: clinical manifestations,
ultrastructural findings and possible mechanisms”. Human
Pathology 16.1 (1985): 72-78.

Shintaku M,, et al. “Ceroid-containing histiocytic granuloma of
the endometrium”. Histopathology 18.2 (1991): 169-172.

Shenoy BV, et al. “Bilateral pigmented nodular adrenocortical
disease: rare cause of Cushing syndrome”. The American
Journal of Surgical Pathology 8.5 (1984): 335-344.

Munichor M., et al. “The Lipofuscin- iron association in
pigmentosis tubae”. Ultrastructural Pathology 21.3 (1997):
273-280.

Cozzutto C and Carbone A” The xanthogranulomatous
process”. Pathology Research Practice 183.4 (1988): 395-402.

Birch PJ], et al. “Xanthogranulomatous
Histopathology 22.6 (1993): 597-598.

appendicitis”.

Al-Rawabdeh SM., et al. “Xanthogranulomatous appendicitis
in a child: report of a case and review of the literature”. Case
Reports in Medicine (2013).

Jusoh CA and Ghani AS. “Xanthogranulomatous lesion in
recurrent appendicitis”. Formosan jJournal of Surgery 49.3
(2016): 114-118

McVey R] and McMahon RE “Xanthomatous appendicitis
(letter)”. Histopathology 24 (1994):198.

Munichor M, et al. “Xanthogranulomatous appendicitis: an
incidental finding of localized pathology”. Ultrastructural
Pathology 24.1 (2000): 33-39.

Guo G and Greenson ] K. “Histopathology of interval
(delayed) appendectomy specimens. Strong association with
granulomatous and xanthogranulomatous appendicitis”. The
American Journal of Surgical Pathology 27.8 (2003): 1147-
1151.

Martinez-Garza PA,, et al. “Xanthogranulomatous appendicitis:
report of a case and literature review”. Cirujano General 33.4
(2011).

Citation: Neha Sethi,, et al. “Xanthogranulomatous Appendicitis - An Unusual Presentation”. Acta Scientific Medical Sciences 2.7 (2018): 30-33.


https://www.ncbi.nlm.nih.gov/pubmed/6676075
https://www.ncbi.nlm.nih.gov/pubmed/6676075
https://www.ncbi.nlm.nih.gov/pubmed/6676075
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC1140974/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC1140974/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC1140974/
https://www.ncbi.nlm.nih.gov/pubmed/16385379
https://www.ncbi.nlm.nih.gov/pubmed/16385379
https://www.ncbi.nlm.nih.gov/pubmed/3972388
https://www.ncbi.nlm.nih.gov/pubmed/3972388
https://www.ncbi.nlm.nih.gov/pubmed/3972388
https://www.ncbi.nlm.nih.gov/pubmed/2010182
https://www.ncbi.nlm.nih.gov/pubmed/2010182
https://www.ncbi.nlm.nih.gov/pubmed/6329005
https://www.ncbi.nlm.nih.gov/pubmed/6329005
https://www.ncbi.nlm.nih.gov/pubmed/6329005
https://www.tandfonline.com/doi/abs/10.3109/01913129709021923?journalCode=iusp20
https://www.tandfonline.com/doi/abs/10.3109/01913129709021923?journalCode=iusp20
https://www.tandfonline.com/doi/abs/10.3109/01913129709021923?journalCode=iusp20
https://www.ncbi.nlm.nih.gov/pubmed/3054826
https://www.ncbi.nlm.nih.gov/pubmed/3054826
https://onlinelibrary.wiley.com/doi/abs/10.1111/j.1365-2559.1993.tb00185.x
https://onlinelibrary.wiley.com/doi/abs/10.1111/j.1365-2559.1993.tb00185.x
https://www.hindawi.com/journals/crim/2013/498191/
https://www.hindawi.com/journals/crim/2013/498191/
https://www.hindawi.com/journals/crim/2013/498191/
https://www.sciencedirect.com/science/article/pii/S1682606X16300196
https://www.sciencedirect.com/science/article/pii/S1682606X16300196
https://www.sciencedirect.com/science/article/pii/S1682606X16300196
https://www.ncbi.nlm.nih.gov/pubmed/10721150
https://www.ncbi.nlm.nih.gov/pubmed/10721150
https://www.ncbi.nlm.nih.gov/pubmed/10721150
https://www.ncbi.nlm.nih.gov/pubmed/12883248
https://www.ncbi.nlm.nih.gov/pubmed/12883248
https://www.ncbi.nlm.nih.gov/pubmed/12883248
https://www.ncbi.nlm.nih.gov/pubmed/12883248
https://www.ncbi.nlm.nih.gov/pubmed/12883248
http://www.medigraphic.com/cgi-bin/new/resumenI.cgi?IDARTICULO=31789
http://www.medigraphic.com/cgi-bin/new/resumenI.cgi?IDARTICULO=31789
http://www.medigraphic.com/cgi-bin/new/resumenI.cgi?IDARTICULO=31789

Xanthogranulomatous Appendicitis - An Unusual Presentation

16. Antonakopoulos GN. et al. “Xanthogranulomatous
pyelonephritis: a reappraisal and immunohistochemical
study”. Archives of Pathology and Laboratory Medicine 112.3
(1988): 275-281.

17. Maj Singh V., et al. “Xanthogranulomatous appendicitis:
Uncommon histological variant of a common entity”. Medical
Journal Armed Forces India 71.1 (2015): 19-21.

18. Omer AT, et al. “A rare presentation of xanthogranulomatous

appendicitis and caecalangiolipoma in the same patient”.
Sudan Medical Journal 47.3 (2011): 165-168.

Volume 2 Issue 7 October 2018
© Allrights are reserved by Neha Sethi,, et al.

Citation: Neha Sethi,, et al. “Xanthogranulomatous Appendicitis - An Unusual Presentation”. Acta Scientific Medical Sciences 2.7 (2018): 30-33.

33


https://www.ncbi.nlm.nih.gov/pubmed/3345125
https://www.ncbi.nlm.nih.gov/pubmed/3345125
https://www.ncbi.nlm.nih.gov/pubmed/3345125
https://www.ncbi.nlm.nih.gov/pubmed/3345125
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC4529525/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC4529525/
https://www.ncbi.nlm.nih.gov/pmc/articles/PMC4529525/
http://www.smj.eg.net/inner/jarticle.aspx?aid=195
http://www.smj.eg.net/inner/jarticle.aspx?aid=195
http://www.smj.eg.net/inner/jarticle.aspx?aid=195

	_GoBack
	_GoBack

