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Isolated Langerhans Cell Histiocytosis of the Stomach in an Adult: A Case Report and Literature
Review
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[Abstract]  Objective To investigate the clinical manifestations, endoscopic features, pathological characteristics,
therapeutic strategies, and prognostic outcomes of isolated Langerhans cell histiocytosis (LCH) involving the stomach in adult
patients. Methods The clinical data of one adult patient with isolated gastric LCH were analyzed retrospectively. Relevant
literatures from PubMed, China National Knowledge Infrastructure (CNKI), and Wanfang Data were retrieved to summarize the
disease's clinical features, endoscopic findings, pathological characteristics, treatment, and prognosis. Results A 61-year-old female
was admitted with "intermittent epigastric pain for 1 month, worsening over 15 days". Gastroscopy revealed a congestive and erosive
lesion on the greater curvature of the gastric antrum. Pathological examination showed abnormally proliferated Langerhans cells

distributed in nests and sheets in the gastric mucosal lamina propria; these medium-sized cells had slightly eosinophilic cytoplasm,
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oval nuclei with indistinct nucleoli and visible nuclear grooves, accompanied by background inflammatory cells (eosinophils,

lymphocytes, plasma cells). Immunohistochemistry demonstrated positivity for CD1a, S-100, Langerin, CyclinD1, and CD68S;

scattered cells were positive for p53; the Ki-67 proliferation index was 20%. Gastroscopy reexamination after 2 months revealed that

the original erosion lesion on the greater curvature of the gastric antrum was basically healed, while scattered erosion lesions were

observed on the greater curvature of the antral-body junction. A literature search identified 28 reported cases of adult isolated gastric

LCH, mostly in males (mean age: 45 years). Endoscopically, elevated lesions or polyps were the main manifestations. Pathology

combined with immunohistochemistry was the diagnostic gold standard, with consistent positivity for CD1a, S-100, Langerin, and

CyclinD1. Conclusions Isolated gastric LCH is rare, often lacks specific clinical symptoms, and presents with diverse endoscopic

features, yet has a favorable prognosis. Endoscopists and pathologists should base diagnoses on pathological and

immunohistochemical findings to avoid missed or misdiagnoses.

[Key words] isolated Langerhans cell histiocytosis of the stomach; endoscopic findings; pathological characteristics

B % U307 200 JH 2H 2 240 i 385 4 JiE (Langerhans cell
histiocytosis, LCH)J&— M UWLAYZH LU0 AioRE .
BT D30 40 A 2H U200 L 1 4 B A 2 U PP IR 1 DA T
PR RIERR I, ZRAET 142 )LE, ]
RRE . M. Wik EIREZARGE . MBI
PELCH W, WA REHEINE . ASCRIE 1018
B LCH YR B, 456 SCHk, X200 i I KRR
fiE. NEE TR, SR, 262 KBS T 4G,
DU SR Zm AT

1 EHIER

L1 gt BEL, 614, P Ml B 1A,
N 15d” T20254F 6 7 9 HUCARBURHE K23 M s
KAGEBEH LN 3 T 1A srel B s
LI LR, SRR, FPEE3~S min JF 2R, STk
B WmEhJioe, JoiE, JORR. B, JolaR
Mg, JOnZWk ., WK, CIRME. IR, TORIE. K
W, RTIBIT. 1S AET BRI, T LB
PUIRYT, R, A “RME” R,
I F& % 757 35 160/100 mmHg, [ IR By 1| 030 g F- (240
mg/d), MUEFERIH AT ABeiifs: AE364 C, ik
480 X /min, PP 20 I /min, Il 160/102 mmHg.
MAERTEAE, BORDUBIC R, HRM AR K,
DTS Ie R, B, FIERE R Bk, AT
PRI TR K, IS e o XU TR B
ARG

12 Gihked SCEEaAr: AL, ATIIRE. B
fie B . BEMmThAE . D ZHAK . WG A (alpha-
fetoprotein, AFP). J& & $T Jil (carcinoembryonic
antigen, CEA). FAEH FL+ T M TC 55 . B IRER IR
1% 472.8 wmol/L. W3R CT 78 AU /NGE ST . A i bt
SORESAEAE | TSIk SOEIR Sk FERE AL . iR CT
R FERRWIE . ISEEE A | PRI R R
% A EIREE IS . DU NS . PERIRER
PR35 (Bcarbon urea breath test, “C-UBT)EAM:, H
Bt tIEZEmE B R (1), IR, Bk

ZREW, REEERAHR) (K1), Wik
7T S I AT 2 P DL S A 1 B AR T A
AR, UM rPSERN, Mg RE IR M, 0P
BE, A AEW, 0% 35 5 b W R kR
ZHARL . bR AR R AN A R AE AN . &5 Al
L& RAF 6 LCHIZWT . Syl fbs LA o fb b e
1a(CD1a)(+), S-100(+), & DU 4 f 7 S 1 Bk 4
% (Langerin) (+), 4 Jifd J& 1 2 1 D1(CyclinD1) (+),
JibIRE 85 1 53(ps3) Ml B, Ki-67 BH 48 424 20%,
R 40 S fA 4K 11 (CKpan) . 1140 A 43 4k 40 R s6
(CDs6). Z wwlEdu i f & 1 (PCK). “FIFNLILEh &
FI(SMA) . H4iEsrbdt)F 34(CD34) . DOG1, F&4%
R A A 1 117(CD117) . PRSP E X Y HEHE H
10 £ [H (S0X-10) . % 5% K+ E3(TFE3) ¥ Bk (& 2).
IFRA A I, RAT B raf 545 3 X (BRAF) V60OE

GG

B 1B B I LCH 3 B B R
Fig.1 Gastroscopic findings of one adult patient with isolated
gastric Langerhans cell histiocytosis (LCH)
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Fig.2 Hematoxylin-eosin (HE) and immunohistochemical staining results of one adult patient with isolated gastric Langerhans cell

histiocytosis (LCH)
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Fig.3  Gastroscopy reexamination performed 2 months later of
one adult patient with isolated gastric Langerhans cell histiocytosis
(LCH)
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Tab.1 Clinical Features, endoscopic manifestations, pathological and immunohistochemical findings, molecular detection, treatment and
follow-up of adult gastric solitary Langerhans cell histiocytosis (LCH)
. AR ARME/ NEERIL/ " BRAFV600E Fifiis
% \ A7 /A A WEY . &)
22 ik Ay ER B5) Rk Sl H A /3l 7Y GaREi ik e BIT A) I
R - §-100., a-HUfE L) v} N~
N woms ik o4 B e TR e okt ko w20 A0
L S B2 11 ik P A A
=2] Q > 37,
afuchi 2 1990 HA & 40 TRk amE AR ome kW w6 AR
2kt i3
2 AR}
) ZREERN 2F/HERES CDla. S-100 s , HER
s3] S ~ S
Wada %5 1992 HA 4 53 A (0.5-07 em) P e AAGH LA 30 pem
Bz R
LR, BT BAR/NVE/H CDla. S-100 e . .
. Les(4) aly /T\ 2
TerraccianoZ8* 1999 Fit H 352 Wi (45 camx2.$ cm) M BiIbE AT FARDIBR 2 T
AN L) i e CDla. S-100 . .
A5 NESN T [==] - K R 2 >
Nozaki 4 2000 HA B 48 JoiEtk S5 (<10 <o) AR/ kA W ARA T 12 iR
Wk,
Lee 25 010 BE B s TRk BROsan) Bgmkd OO S0 e gamr o 000
[AE s JEHE
HIEAR
Smghi 57 2011 B B es mWEME  Gm Estd O S0 Saem om0
[{ERica JEHE
CDla, $-100.,
Sarbia 1] 2015 fEE 4 29 B Ew BiR/ Bkttt CD68. CD4s PR W ANEH AREH
[AYE
CDla. S$-100 i#H PY TCH
Lee 2 2015 #HE B 64 JUER FEE(O0em) HIE/HAEE ) KA HEFBET 6 o
PR N UE S
FIEA
o ‘ S A - iy CDla, S$-100. ‘ A TCHR
Yan 4§ 2018 HfE B 37 HIEAE JBEE AR/ kA CD207 il IS4 T 4 e
R, < CDla. $-100
B ois P % Ss MEAE BEEE DT WM ke WHE R REE REH
15%
CDla. $-100. . .
FEHED 2000 FE B 59 MW BE0mm) HE/UEE  Lagen, R AR
) . TRIBA WE A
CyclinD1 [H:
Masuoka 09 2021 HA % 56 IR BROSam) WK CDaWHE M R 3 jﬁf
. CDla., S-100 L 7 Tep
Wang %014 2022 HE L 45 JEAERR B(0.6cm) B/ HAPE N FHE BRBhIE T 3 .
BRI s g
HIEA
AR C]iligsim . W S
JAEEEEDS 2022 hE OB 49 o BA02em) BHA/HLEE e KA BEFET 6 iy
b} CyclinD1 [ e i
) FIEA
. Ki-67 60%
CDla, S-100 ,
uL*{h%[lé] 2022 EPEI _)/Z 28 jE}/f\‘E‘ EF‘]’E&F&@ %’Ek%/gé‘ FH'H:} CD68 5[&1:,%@“ ng%g 3 jﬁg‘gﬁ
RILIE SR SN M (3/+) Kii67 all }\ﬁﬂ B ek
ik RIIBR
A AR 1D
A THRAT s e e e
) - s . HIAHSE/H CDla. S-100 i RS o o
Mora % 2023 EE & so Efg:ﬁﬁ k7] ZU W PR W AR AEH
e e CDla. S-100. o
BASY 2003 I B 23 R E(03cm) E’?;ffif/ Langerin I, KK K 660" %ﬁﬁ’%

Ki-67 20%




(8t %)
. AR AE/ TR/ " BRAFVG600E i)
e ¥ A7 /3] yicy - Sy
225 Uk Ffy ER B8) gk Jorl A5 /31 7Y Gk el EV AN ) L3E|
CDla, $-100, EH
1| JPL . AVAN .y
BASD 2003 P B 22 MU PELR s SRS e FHR
AR CyclinD1 [H Sl A i
P | Ki-67 20%
CDla, $-100.
< (18] : X }\ B e ) 2 1A Langerin | ' A TCIR
W 2023 HE B 46 LK BRH03cm) B/ CyclinD1 i P TS S
P Ki-67 20%
e e CDla. S-100. .
Zhao %) 2024 hE Y33 I ﬁwwum)ﬁﬁw*ﬁ/ CD68 . BE T 4 iﬁﬁ
P ) WS
CyclinD1 [HH:
CDla, $-100. .
Zhao®0 2024 P B 43 PR EW EM/WARE  CDes. B w6 oom
) I
CyclinD1 [R:
CDla, $-100, S
Zhao 219 2024 HEOY s2 0 MR BERR(03com) BMA/FUARME CD68., R T 34 #ﬁﬁ
) i I
CyclinD1 fH M
CDla. $-100. Koo
Zhao 219 2024 PE & 70 MR BA03em) Bk CD68., FATE TR 32 e
] ) UE
CyclinD1 H:
RN ZAN CDla, S-100, . , TCHE
£2(20] ¥ =21 - 3 YRR
Wu % 2024 TE B 21 4N o A/ Bk Langerin [k ARAGH TG 4 e
v TREAL, ‘ CDla. $-100. . . Tepdn
£2[20] SR 2] b & S
Wu 5§ 2024 TE OB 32 HEAE - B/ kb Langerin it AAG T 5 e
A y s
Wa® 204 b B 40 ik COSPG gy OOl SI00 ey g s AR
mrn) Langerin A ﬁ IIE?E
CDla. $-100.
. : = 1¢T%{3j{ Langerin
WA AERERE X . P
RS 04 b B a9 LET E“#«f 3@) WHURRES CD4s. IR T S
= = em PSR CyclinD1 [ k
P Ki-67 10%
CDla, $-100,
Langerin\
’ < o BEE KA/ CydinD1FH A S TP
A 2025 HE & 61 DJER AR Jan He, ps3 Al AAG iz 2 S
FEPE . Ki-67

20%

GSCHRARI A I BE VI S o

3 it it

LCH, RRAEFRNALUAN IS A0 X, & —Fh %
ULAY MR R G o M LCH A 2 90 % 1t A
E, Uk B4R (1~2) /100 J722, i N PRST M
LCH # Ry 55 =1, W i 18 % B0 5 i\ LCH Y
2912 Nihei M T 1983 4F 15 R 18 1% 9% - LA
LCH A 530 4 FOlE Y SRR (B30 B 32 AT
PERGE) . ARG (IS PR 7 B, EE R
THARSG) . ARG Z AN (2L B AT — 28 )
LRGP (BRI NENE /R ARGIRE N
B IR AL, BEAE 4RI A4 28 {91 3 R o 2 o
AR

CD 1o FIANME S LI 1o; Langerin. BIRS T4 M4 R B4R 2R CyclinD 1. AH i A 14 1 D1

JEN F IRSZPE LCH By RRBITC R 51,
M BEERANE SRR SR AR, S R A
PG I R R B 75 18 BT 2R BN ISR
Ih, R TEE, BER. BRL B ABEAR
W, EHfE<lem, HiRiZHEWEIAEMNHRE. K
b, IR R I 8 Bk A LU Wz s . W]
B35 Wil 5 S P 140 TR I 2 S e A e (s A
YU b, LCH BURFEIR 5 15 AR 1Y RS DU 2 i
SRR, dEPERAN, BEIESOAE, #
AR, RS, ARz, g g
BRME . 5 HUH A G IR ORI MY . bk L 4 0 4
A5 R B PE R PE AR . TR gUb s, i
P8 40 7 S E 3K CD1a, Langerin F1S-100 25 1



<i>> R A

XXXXAEXX H XX H

ARG HEH, 2R B I LCH (W /Nt iR 4l
A VAL 45 T Langerin Al CD1a B PLIA, CyclinD1 1
by 24 S EE AR B P (MAPK) 18 6 1Y R IiEbr 8
FELCH i B IG . Z TS UESE, CyclinD1 A% 4%
R HERR K IR E A A B TR A v R 1 B A VL
Hr 4 M R A A bR R, 2 LCH R 4R
FRies 53 bk ps3 #E LCH Wt mf 52 PH M ik .
CyclinD1 A1 ps3 ] ] T- % 51| LCH S W PEAR 22, A
J7 19 CyclinD1 25K 8 B 235, ps3 A4l 41 it FH
o 2P HIEE A EEREEWA, REA LR
CDla(J&kk+), S-100(kk+), CydinD1(-), HIL#%E
R LU MR

H Al LCH 19 & W ML A B R , BF98 & 81,
LCH nJ f71£ BRAF V60OE %75 . MAPK-Zi il 455 5
7 P (ERK) 38 [ %) FLAB IO 548, W ARAF 5878 |
ERBB3 %7 . NRAS/KRAS 7878 K 4 i il 45 78 Ap 231
2916t 14 5347 T BRAF V60OE LR 548 k6, Hirpr
10 91 & A 1% %8748 . Hilk, BRAFV600EA B Fi2Wr
i e P AR U 0 B B A PR AR, AT RERCN A
PYEIRERERY LCH R IR T

LCH W HlJ5 5kt RN . 28 F 52 BEIHATT I
AT, BRI, RG220kt
WEZ ARG LCH, MBI LCH 3RY7 Iy kA4
SMEFFEARIGIT . BERERE B R BAR SR SF BEVIIRYT
PIRSHIRITREVI N 320 ARBIFTE LA 29 Bl B IK
ST LCH #B38 (ANBE 149+ SCHR 38 28 f71), Horp 21
BIR B SFIR T (G KT BV + 25 909697), 6 BT
BRI R RE ARG, 20T ARG . 341k
i, HAy 26 GI1ERET ) 2~66 1 H w24 1 Jo R ik
JE; LBIE 2 e B RS Bk 2 B, RIMh 2
Z kP, BRERER; FIMHIFRE 240 B
T, I EA L AR, kR (45
emx2.5cm), TR E LI EEIRE 2 E R . K
EV4h | TR M T Glisson €U, 4878 B N £ &R
kL BUEAR, PR R RS, ik, 2
W B I PE LCH, 4T R 50 A .

ZE bk, ARWFIEE B 29 6 AN B AT
LCH M RGERE,  & BHAE 38 76 2 993 A I R TR
TR (B, M BEEBRENS, WA EE
R AL, DIREdS . BN EEER: Sy E R, N
LGP LCH AT RE, W it—B A . il
b A FRIEARIZ W Gl AL, LR
B2 RAREERT, AR, TR VIR

(&% k]

[1]  Nihei K, Terashima K, Aoyama K, et al. Benign histiocytosis X of

stomach. Previously undescribed lesion[J]. Acta Pathol Japonica,

(7]

[9]

[10]

(11]

(12]

(13]

[14]

(15]

(16]

(17]

(18]

(19]

(20]

1983,33(3): 577-588.
Iwafuchi M, Watanabe H, Shiratsuka M. Primary benign
histiocytosis X of the stomach. A report of a case showing
spontaneous remission after S 1/2 years[J]. Am J Surg Pathol, 1990,
14(5): 489-496.

Wada R, Yagihashi S, Konta R, et al. Gastric polyposis caused by
multifocal histiocytosis X[J]. Gut, 1992, 33(7): 994-996.
Terracciano L, Kocher T, Cathomas G, et al. Langerhans cell
histiocytosis of the stomach with atypical morphological features[J].
Pathol Int, 1999, 49(6): 553-556.

Nozaki Y, Oshiro H, Nakajima A. Image of the month. Langerhans
cell histiocytosis of the stomach mimicking early gastric cancer[J].
Clin Gastroenterol Hepatology, 2010, 8(9): A18.

Lee CK, Lee SH, Cho HD. Localized Langerhans cell histiocytosis
of the stomach treated by endoscopic submucosal dissection[J].
Endoscopy, 2011, 43: E268-E269.

Singhi AD, Montgomery EA. Gastrointestinal tract Langerhans cell
histiocytosis: a clinicopathologic study of 12 patients[J]. Am J Surg
Pathol, 2011, 35(2): 305-310.

Sarbia M, Mauerer R, Bettstetter M, et al. Langerhans cell
histiocytosis of the stomach with BRAF-V600E-mutation: case
report and review of the literature[J]. Z Gastroenterol, 2015, 53(4):
302-305.

Lee SJ, Hwang CS, Huh GY, et al. Gastric Langerhans cell
histiocytosis: case report and review of the literature[J]. J Pathol
Translational Med, 20185, 49(S): 421-423.

Yan F, Zhou Q, Gao Y, et al. Isolated Langerhans cell histiocytosis of
the stomach: a case report and literature review[]J]. Int J Clin Exp
Pathol, 2018, 11(12): 5962-5968.

WRELA, AR, A AR, 55 . I Ak IR U300 40 2 23 40
BEAE 1070 e PR L 52 B0 I A A, 2018, 34(9): 1028-
1029.

ZEE 55, BT, XA, A5 IS IS DU A0 2 28 A=
JE—BI[T]. e LA 4R, 2020, 49(6): 631-633.

Matsuoka Y, Iemura Y, Fujimoto M, et al. Upper Gastrointestinal
Langerhans cell histiocytosis: a report of 2 adult cases and a
literature review[J]. Int J Surg Pathol, 2021, 29(5): 550-556.

Wang L, Yang F, Ding Y, et al. Gastrointestinal Langerhans cell
histiocytosis with unifocal, single-system involvement in adults:
cases report and literature review[J]. J Clin Lab Anal, 2022, 36(12):
€24768.

JEIIGER, NN, JBSCE, 45 . 1 BTAS DU A0 i 2H 4R A0 A A 1
7], A B2A 2R, 2022, 51(10): 1062-1064.

SN, 2RI, KR A IS M TR AT A A 2H 2R A
HEAGE 177, I R 2 B A SR iR 22, 2022, 4(1): E03222.
Mora LB, Hough M, Moscinski L, et al. Incidental gastric
Langerhans cell histiocytosis and synchronous adenocarcinoma of
the colon: an interesting case report and literature review[J].
Cancer Diagn Progn, 2023, 3(1): 102-106.

WAy, 2 e, X TR, 45 . N B ST TR DU 4 i 26 41
20 MR A A 3 I R BE A 3 AT (0], AR B 2 Ak, 2023,
52(9): 934-936.

Zhao J, LiY, Zhang Y, et al. Isolated Langerhans cell histiocytosis in
the stomach of adults: four-case series and literature review[J]. J
Hematop, 2024, 17(2): 63-69.

Wu R, Zhao Y, Wu X, et al. Isolated Langerhans cell histiocytosis of
the stomach in adults:

an analysis of clinicopathologic



(21]

(22]

characteristics and molecular genetics[J]. Medicine (Baltimore),
2024, 103(51): e40950.

F SR, AL, B, S RN B RS IR T 40 i
Uk A E 116 SCERAE > [ i Wi B2 5, 2024, 31
(10): 1002-1004.

AR B AR S MR 0 2 P WU 4, v [ AR DU A N £ 2L
AL AR RE TS FE 45 N AR DUYT AN 20 220 a3 A 5E 12
7 o R G AR (2028 4FRR) [J]. H A IR 2 A K, 2028, 46
(5):397-401.

Yadav SP, Kharya G, Mohan N, et al. Langerhans cell histiocytosis
with digestive tract involvement[J]. Pediatr Blood Cancer, 2010, 5$
(4): 748-753.

Donadieu ], Chalard F, Jeziorski E. Medical management of
Langerhans cell histiocytosis from diagnosis to treatment[J]. Expert
Opin Pharmacother, 2012, 13: 1309-1322.

Goyal G, Tazi A, Go RS, et al. International expert consensus
recommendations for the diagnosis and treatment of Langerhans
cell histiocytosis in adults[J]. Blood, 2022, 139(17): 2601-2621.

Ben Rejeb S, Charfi L, Sahraoui G, et al. Cyclin D1: potential utility

(27]

(28]

XX XX, XXXX

as marker for Langerhans cell histiocytosis[J]. J Immunoassay
Immunochem, 2021, 42(4): 370-379.

Chatterjee D, Vishwajeet V, Saikia UN, et al. CyclinD1 is useful to
Differentiate Langerhans cell histiocytosis from reactive Langerhans
cells[J]. Am J Dermatopathol, 2019, 41(3): 188-192.

Shanmugam V, Craig JW, Hornick JL, et al. Cyclin D1 is expressed
in neoplastic cells of Langerhans cell histiocytosis but not reactive
Langerhans cell proliferations[J]. Am ] Surg Pathol, 2017, 41(10):
1390-1396.

Badalian-Very G, Vergilio JA, Degar BA, et al. Recurrent BRAF
mutations in Langerhans cell histiocytosis[J]. Blood, 2010, 116
(11): 1919-1923.

Chakraborty R, Hampton OA, Shen X, et al. Mutually exclusive
recurrent somatic mutations in MAP2KI and BRAF support a
central role for ERK activation in LCH pathogenesis[]J]. Blood,
2014, 124(19): 3007-301S.

Durham BH, Lopez Rodrigo E, Picarsic J, et al. Activating mutations
in CSFIR and additional receptor tyrosine kinases in histiocytic
neoplasms|[J]. Nat Med, 2019, 25(12): 1839-1842.

(e TSt 227777)



